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Koroner arter anevrizmasi seyrek goriilen, koroner anjiyografi sirasinda tesadiifen 
tespit edilen bir anomalidir. En sik sebebi aterosklerozdur. Koroner arter anevriz- 
mas! tedavisinde uzlas! saglanmis bir tedavi yontemi yoktur. Tedavi plani yapilir- 
ken anevrizmanin biiytklugu, eslik eden riuiptiir, ttomboz gibi komplikasyon durumu 
veya anevrizmanin bu olaylara yatkinlik durumu, eslik eden koroner arter hastali- 
8! g6z Oniine alinir. Koroner arter anevrizmasi tedavisinde konservatif yaklasim, 
cerrahi girisim ve perkiitan koroner girisim baslica tedavi yontemleridir. Makale- 
mizde sirkumflex arterinde kritik darligin eslik ettigi koroner anevrizmasi olan, ta- 
davisi politetrafloroetilen kapli stentle yapilan bir vaka sunulmus ve literatiir g6z- 


den gecirilmistir. 
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Abstract 

Coronary artery aneurysms are uncommon anomalies, usually detected inciden- 
tally during coronary angiography. The most common cause of this anomaly is 
atherosclerosis. There is no consensus regarding the treatment of coronary an- 
eurysms. The treatment plan should consider the magnitude of the aneurysm, 
accompanying rupture, complications such as thromboembolism or susceptibility 
to these events, and accompanying coronary artery disease. The main treatment 
methods are a conservative approach, surgical trial, and percutaneous coronary 
trial. In our article we present a patient with coronary artery aneurysm with a 
critical narrowing in the circumflex artery which was treated with a polytetrafluo- 


roethylene coated stent, and review the literature. 
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Introduction 

Coronary artery aneurysm is defined as dilatation of the coro- 
nary artery to a diameter more than 1.5 times that of the nor- 
mal coronary artery segment. It is an uncommon anomaly. It is 
usually detected incidentally in patients undergoing coronary 
angiography [1]. The most common cause is atherosclerosis. 
Although rare, other reasons include inflammatory diseases, 
connective tissue diseases, infections, trauma, and congenital 
conditions [2]. 

Because it is a rare disease, there is no consensus on treatment 
of coronary artery aneurysm. Patients may be treated with a 
conservative approach that involves antiagregant and antico- 
agulant to prevent thrombus formation in the aneurysm and 
thromboembolism; a surgical approach involving aneurysm re- 
section or ligation and coronary bypass surgery; or a percutane- 
ous approach involving placement of graft-coated stent. 

This study presents a case with circumflex coronary artery an- 
eurysm accompanied by critical stenosis that was treated with 
polytetrafluoroethylene-covered stent placement, followed by 
review of the literature. 


Case Report 

A 66-year-old male patient who had no cardiovascular risk fac- 
tors except for age was admitted to our clinic with class II ex- 
ertional angina. On physical examination, blood pressure was 
125/80 mmHg, pulse was 80/min, and cardiovascular and other 
system examinations were native. Routine blood tests, electro- 
cardiogram, and transthoracic echocardiography did not detect 
any pathologic findings. Coronary angiography was chosen due 
to the patient’s typical angina. Coronary angiography showed 
a saccular type aneurysm measuring 12*9mm in the proximal 
part of circumflex artery, noncritical stenosis in proximal, and 
98% stenosis of critical lesion in distal (Figure 1). Percutane- 
ous coronary intervention was planned. A 3.0*26mm bare metal 
stent (Liberte, Boston Scientific Corporation, USA) was placed 
at the distal lesion of the aneurysm. A 3.5*19mm polytetraflu- 
oroethylene-covered graft stent (Direct-Stent, InSitu Technolo- 
gies, USA) was placed at the aneurysm covering the proximal 
lesion and overlapping with distal stent placement. Post-dilata- 
tion was performed to overlap. Proximal optimization technique 
was applied using a 4.0*20mm noncompliant balloon (Mozec, 
Meril Life Sciences Pvt. Ltd., INDIA) inflated at 15 bars for 15 
seconds. Full openness was achieved (Figure 2). The patient had 
stable clinical follow up and was discharged home with 100 
mg acetylsalicylic acid (Coraspin, Bayer) per day lifelong and 
75 mg clopidogrel (Baclan, Bayer) per day for six months. In 
the first, third, and 12 months of outpatient clinical controls 
the patient had no complaints. The patient had no pathological 
findings on physical examination and laboratory tests and was 
recommended for check-up every six months. 


Discussion 

Coronary artery aneurysm is defined as dilatation of the coro- 
nary artery to a diameter more than 1.5 times that of the nor- 
mal coronary artery segment diffusely or partly. It is an anomaly 
which is uncommon, asymptomatic, and most often incidentally 
detected during coronary angiography. The incidence ranges 
from 0.15% to 4.9% in different angiography series [1]. The 


<5) (9x12 mm) 


Figure 1. Saccular type circumflex artery aneurysm. 


Figure 2. View of circumflex artery aneurysm after placement of polytetrafluoro- 
ethylene-covered graft stent. 


most common cause is atherosclerosis. Rarely seen other rea- 
sons include inflammatory diseases such as Kawasaki disease, 
Takayasu disease, Systemic Lupus Erythematosus, connec- 
tive tissue diseases such as Marfan syndrome, Ehler Danlos 
syndrome, infectious diseases such as Lyme disease, syphilis, 
and congenital conditions. In addition, trauma caused by inter- 
ventional cardiology applications such as directional coronary 
atherectomy and coronary angioplasty has emerged as one of 
the rare causes [2]. This case was considered to be an aneurysm 
associated with atherosclerosis due to critical stenosis and ac- 
companying vessel plaques. 

There are two forms of coronary artery aneurysm: saccular and 
fusiform. Fusiform aneurysms are more common. Although sac- 
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cular aneurysms are seen less frequently, they are more sus- 
ceptible to rupture, thrombosis, and fistulation [3]. The right 
coronary artery is the most commonly affected vessel. In order 
of frequency, the left anterior descending artery, the circumflex 
artery, and (rarely) the left main coronary artery are other af- 
fected vessels [4]. 

There is no consensus on treatment of coronary artery aneu- 
rysm. While planning the treatment, the size of the aneurysm, 
accompanying complications such as rupture, thrombosis, or 
susceptibility to these events, and accompanying coronary ar- 
tery disease are taken into account. A conservative approach, 
surgery, and percutaneous coronary intervention are the main 
treatment methods. The treatment method for asymptomatic 
patients who have no accompanying complications such as 
compression, rupture, or thrombosis is a conservative approach 
including antiagregant therapy. The use of acetylsalicylic acid is 
recommended in patients with both coronary artery aneurysm 
accompanying coronary artery disease and isolated coronary 
artery aneurysm [5]. Surgical intervention is not recommended 
for aneurysms that are large, symptomatic, and accompanying 
cardiac pathology—especially coronary artery disease—due to 
risk of rupture or myocardial ischemia. Although there are many 
surgical methods, the basic principle is to maintain the repair 
or resection of the aneurysm along with providing continuity of 
coronary blood flow [6]. 

In saccular aneurysms that are not very wide or long, are symp- 
tomatic, and represent a high risk of thrombosis and embo- 
lism, placement of a polytetrafluoroethylene-covered stent is 
another method for patients suitable for percutaneous coro- 
nary intervention. Since 1990, clinical practices have started 
using polytetrafluoroethylene-covered stents because they are 
easy to implement and are a highly effective treatment method 
[7]. Use of these stents has taken a therapeutic place for most 
cases of iatrogenic coronary perforation and occasionally in the 
treatment of coronary artery aneurysm [8]. The most serious 
complication after placement of polytetrafluoroethylene-cov- 
ered stent is the thrombosis of the stent due to reendotheliza- 
tion [7]. 

As in the case we’re reporting, in which the aneurysm was not 
very wide, not accompanied with ischemic symptoms, and suit- 
able for stent placement, percutaneous coronary intervention 
is an important alternative to surgical treatment. Because it 
shortens the length of hospitalization, is easily implemented, 
and is highly effective, percutaneous coronary intervention 
should be kept in mind in the treatment of coronary artery an- 
eurysms. 
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6z 

Bu calismanin amaci, ender gériilen plevral soliter fibroz tiimérlerin tedavi ve ta- 
kiplerinde nelere dikkat edilmesi gerektigini saptamaktir. 2010 ile 2015 yillari ara- 
sinda, klinigimizde plevral soliter fibroz tumor tanisi alan 5 hastanin kayitlari geri- 
ye doniik olarak incelendi. Olgularin yas ortalamasi 56,2 (40-66) idi. 2 olgu semp- 
tomatikti. Diger 3 olgu tesadiifen cekilen radyolojik tetkikler sonucunda tani al- 
misti. 2 olguda malign plevral soliter fibr6z timor tanis! konuldu ve bu 2 olguda er- 
kekti. Ortalama tiimér capi 8,6 cm (5-13) idi. Butiin hastalara komplet rezeksiyon 
yapildi. Hastalarin hepsi diizenli takip edildi (9-75 ay). Sadece 1 hastada rekurrens 
izlendi. Plevranin soliter fibroz tumorleri nadir gérulen neoplazmalardir ve biiyuk 
boyutlara ulasabilir. Komplet cerrahi rezeksiyon, bu timdrlerin en uygun tedavisi- 


dir. Cerrahi sonrasi hastalar rekurrens acisindan yakin takip edilmelidir. 
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Abstract 

The aim of this study is to determine treatment and management challenges 
associated with the rarely seen solitary fibrous tumor of the pleura. The patient 
files of five cases diagnosed with a solitary fibrous tumor of the pleura in our 
clinic between 2010 and 2015 were retrospectively analyzed. Mean age was 56.2 
(range 40-66). Two cases presented with symptoms. The other three cases were 
diagnosed by incidental findings in imaging studies. Two cases, both male, were 
diagnosed as malignant solitary fibrous tumor of the pleura. Mean tumor size was 
8.6 cm (range 5-13 cm). All patients had complete resection of their lesions. All 
patients were followed up regularly (9-75 months). Only one patient had recur- 
rence of disease. Solitary fibrous tumor of the pleura is a rare neoplasm that 
can reach enormous sizes. Complete surgical resection is the most appropriate 
treatment option. Patients must be closely followed up after surgery to detect 
recurrence. 
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Solitary Fibrous Tumor of the Pleura: A Report 5 Cases 


Introduction 

Primary tumors of the pleura can be classified as localized or 
diffuse neoplasms. The localized form, solitary fibrous tumor of 
the pleura, is classified as either malignant or benign. Solitary 
fibrous tumor of the pleura, which had been presumed to be a 
variation of malignant pleural mesothelioma, was subsequently 
shown to be originating from the submesothelial mesenchymal 
layer [1]. Solitary fibrous tumors are quite rare, making up only 
5% of all pleural tumors. Of these, only 10-20% are malignant 
[2,3]. The incidence of the tumor is reported to be 2.8/100.000 
[4]. More than a third of patients have no symptoms. For pa- 
tients who do have symptoms, the most frequent complaints 
are chest pain, cough, and shortness of breath. Diagnosis is 
usually made by incidental findings in imaging studies. For lo- 
calized forms, optimal treatment consists of total excision of 
the mass and long term follow-up. For malignant forms, pa- 
tients receive chemoradiotherapy after surgery [5]. In this study, 
we obtained the records of five patients who were operated on 
for, and diagnosed with, solitary fibrous tumor of the pleura, 
and noted clinical and radiological features and postoperative 
follow-up information. We reviewed these cases with regard to 
the current literature. 


Material and Method 

For the six years through 2010 and 2015, there were five pa- 
tients diagnosed with solitary fibrous tumor of the pleura in 
our clinic. The records for these cases were retrospectively re- 
viewed. We evaluated all cases with a history of complaints, 
preoperative chest x-rays and other imaging of the chest, blood 
chemistry, and complete blood count and pulmonary function 
tests. All cases had thoracotomies. None of the cases had addi- 
tional diagnostic interventions. Excised surgical materials were 
analyzed by the Pathology Department. 


Results 

Our cases have a mean age of 56.2 (range 40-66). Three of 
them were female and two of them were male. Only two of the 
patients were symptomatic. For the other patients, diagnoses 
were made incidentally during investigation of other diseases 
or routine follow-up of unrelated chronic conditions (IMAGE 
1). All of the patients had thoracotomy; none had additional 
interventions for preoperative diagnosis. Tumors were totally 
excised in each patient (IMAGE 2). Mean tumor size was 8.6 cm 
(range 5-13 cm) (IMAGE 3). Only one patient required lobec- 
tomy for total excision of the tumor due to extensive adhesions 
to the left lower lobe. Three of the cases had their tumors in the 
right lung, two of them in the left. All cases of solitary fibrous 
tumor of the pleura originated from the visceral pleura. 
Histopathologic examination showed that two of the tumors 
were malignant solitary fibrous tumors of the pleura. Neither 
of these cases had any evidence of tumor extending beyond 
the surgical margins, i.e. the surgical margins were clear for 
both these cases. It’s noteworthy that both cases of malignant 
solitary fibrous tumor of the pleura were male patients. There 
were no postoperative complications and there was no opera- 
tive mortality. The mean length of hospital stay was 4.8 days 
(range 3-6) (TABLE 1). 

Cases were followed up on the postoperative first, third, sixth, 


Image 1. Solitary fibrous tumor of the pleura in the paravertebral space next to 
the right lower lobe. 


Image 2. Solitary fibrous tumor of the pleura attached to the right lower lobe 
with a pedicle. 


Image 3. Macroscopic image of the lesion excised from right lower lobe. A well- 
circumscribed mass lesion, which was attached to the right lower lobe with a 
pedicle, was reported to be a solitary fibrous tumor of the pleura based on its 
histopathology. 
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Table 1. Demographic and clinical features of patients. 


Age Sex Symptoms Tumor size Localization of Malign/Benign Length of stay Length of follow-up 
(cm) tumor (days) (months) 
1 58 Female None 12 Right lower lobe Benign 6 75 
2 65 Female None 5 Left upper lobe Benign 3 60 
3 52 Male Chest pain and dyspnea 13 Left lower lobe Malign 6 43 
4 40 Male Chest pain 8 Right lower lobe Malign 3 29 
5 66 Female None 5 Right lower lobe Benign 6 9 


and twelfth months, and every six months thereafter. At fol- 
low-up, the patients were checked for any new complaints and 
abnormal findings in the physical examination. Complete blood 
count and blood chemistry was analyzed and radiologic tests 
were performed. 

Only one patient, the one who had had a left lower lobectomy, 
went through a rethoracotomy for local recurrence. The tumor 
was excised totally in the reoperation. 


Comments 

Solitary fibrous tumor of the pleura is an extremely rare variety 
of neoplasm. In 1931, Klamperer and Rabin categorized pleural 
tumors as either diffuse or localized and stated that the diffuse 
type arises from multipotent mesothelial cells and are true me- 
sotheliomas, whereas the localized type arises from subpleural 
areolar tissue [6][7]. There have been approximately 900 cases 
reported in the English literature [8]. 

Although the disease can be seen at any age, incidence peaks 
in the fifth and sixth decades [8]. In our series, 80% of the pa- 
tients were in this range. Previous studies could not find a dif- 
ference in the predisposition of this disease between sexes. In 
our study the female to male ratio was 3:2. Since the current 
literature states that malign solitary fibrous tumor of the pleura 
has similar incidence in both sexes [10], it is coincidental that 
both cases with the malignant form of the disease in our series 
were male patients. 

More than a third of cases are asymptomatic. Symptomatic 
cases might have cough, shortness of breath, chest pain, he- 
moptysis, fever, chills, night sweats, fatigue, loss of appetite, 
sensitivity in the chest wall, pleural effusion, superior vena cava 
syndrome, and changes in electrocardiography [4] [12-14]. The 
rest of the patients were diagnosed incidentally during inves- 
tigation of other diseases or during routine follow-up of unre- 
lated chronic conditions. 

Only 10-20% of solitary fibrous tumors of the pleura are malig- 
nant. In a multicenter retrospective case series of 50 patients, 
the recurrence rate of malignant solitary fibrous tumors of the 
pleura was 15% [5]. The aforementioned study recommended 
performing a chest wall resection, lobectomy, and even pneu- 
monectomy if required for total excision of the tumor. For pa- 
tients who have local recurrence, the recommended treatment 
is total excision of the recurrent tumor, if resectable. Patients 
with unresectable tumors should receive chemoradiotherapy. 
Resection with video-assisted thoracoscopic surgery is possible 
in selected cases [9][15]. Whatever the choice of surgical tech- 
nique, for optimal treatment total excision of the tumor is vital. 
It is the most important determinant of long term survival. To 
be specific, after total excision of benign solitary fibrous tumors 
of the pleura, the 5-year survival rate can be as high as 100%. 


The 5-year survival rate for patients with malignant solitary 
fibrous tumors is around 81% [5]. If total resection is not possi- 
ble, another treatment modality is chemoradiotherapy. Survival 
rates for these patients are lower. 

Recurrence of solitary fibrous tumors of the pleura is more 
common in the malignant form and is reported to be 15% [5]. 
Recurrence in the benign form is rare, but not unheard of. Lo- 
cal recurrence even after 15 years has been reported. Survival 
in cases with recurrence is most influenced by whether or not 
the recurrent tumor can be totally excised. For this reason, it’s 
imperative that patients diagnosed with solitary fibrous tumor 
of the pleura are followed up at regular intervals. Radiotherapy 
is a treatment option for recurrence of malignant solitary fi- 
brous tumors of the pleura. It has been reported that malignant 
solitary fibrous tumor of the pleura responds very well to radio- 
therapy [16]. 

In conclusion, the most important treatment element for both 
benign and malignant forms of solitary fibrous tumors of the 
pleura is total surgical excision. One should not refrain from 
aggressive surgical procedures for total excision of the tumor, 
particularly in the malignant form. Patients should be followed 
up at regular intervals postoperatively. If there is recurrence, 
eligible patients should have a repeat surgery. Outcomes for 
solitary fibrous tumors of the pleura are favorable with appro- 
priate surgery and follow-up. 
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6z 

Gastrointestinal komplikasyonlar yogun bakim hastalarinda yaygin olarak tanim- 
lanmistir. Bunlardan stres-iliskili mukozal hastalikla baglantili Gilser, kanama ve 
perforasyon hastanede kalisi ve mortaliteyi arttirabilmektedir. Bu yazida akut 
myokard enfarktiist sonras! yapilan koroner anjiografi esnasinda olusan, iatroje- 
nik koroner damar perforasyonu neticesi gelisen perikardiyal tamponat nedeniy- 
le ameliyat edilen yogun bakim hastasinda, stres tilseri perforasyonu ile iliskili sira 


disi bir mortalite olgusunu sunuyoruz. 
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Abstract 

Gastrointestinal complications are common in intensive care unit patients. Some 
complications, including ulceration, bleeding, and perforation related to stress- 
related mucosal disease can prolong hospital stays and increase the risk of death. 
Herein we report on an unusual case of an intensive care unit patient who died 
following perforation of a stress ulcer. The patient had undergone surgery for 
pericardial tamponade, which occurred after iatrogenic coronary vessel perfora- 


tion during coronary angiography for acute myocardial infarction. 


Keywords 


Ulcer; Ulcer Perforation; Intensive Care 


DOI: 10.4328/J)CAM.4815 


Received: 28.09.2016 Accepted: 22.10.2016 Printed: 01.02.2017 


J Clin Anal Med 2017;8(suppl 1): 8-10 


Corresponding Author: Mehmet Tolga Kafadar, Clinic of General Surgery-1, Mehmet Akif inan Training and Research Hospital, 63300, Sanliurfa, Turkey. 


T.: +90 4143186000 F.: +90 4143186707 E-Mail: drtolgakafadar@hotmail.com 


8 I Journal of Clinical and Analytical Medicine 


Stress Ulcer Perforation 


Introduction 

Since Selye’s description of the “alarm reaction,” an immediate 
reaction to a stressor, it has been realized that the gastroin- 
testinal (Gl) tract is a major target of the stress response that 
leads to acute gastric and duodenal erosions. Stress ulcer syn- 
drome refers to gastroduodenal erosions or ulcers that occur 
as acute responses to major physiological stressors. Clinically, 
these conditions may manifest as upper GI perforation [1]. 


Case Report 

A 62-year-old man with no prior cardiac history presented at 
an emergency department one night because of chest pain at 
rest. The electrocardiogram showed an ascending ST segment 
elevation of 1 mm, with the J point on the isoelectric line, and a 
Q wave in leads II and III. His creatine kinase level was elevated 
(470 U/L; normal 0-171 U/L). The patient was diagnosed with 
acute inferior wall myocardial infarction and was transferred to 
our institution for primary percutaneous coronary intervention. 
Coronary angiography performed within one hour of admission 
to our hospital revealed thrombotic obstruction of the middle 
right coronary artery, which indicated angioplasty. However, a 
coronary rupture (depicted by significant leakage of the con- 
trast agent into the pericardium) was observed as the guide- 
wire was being advanced during the angiographic procedure. 
The echocardiogram revealed moderate to extensive circumfer- 
ential pericardial effusion and evidence of cardiac tamponade. 
The patient’s condition began to deteriorate and emergency 
surgical repair was performed. He was then transferred to a 
cardiac intensive care unit (ICU), where he was treated for ap- 
proximately 30 days. Despite prophylactic administration of a 
proton pump inhibitor to prevent ulcer formation, as well as 
other therapeutic measures (energetic respiratory and circula- 
tory support), the patient’s condition deteriorated and the car- 
diac surgeon consulted with a general surgeon to discuss the 
patient’s situation. During the initial consultation, he was found 
to be dehydrated and was experiencing cold sweats. His tem- 
perature was 38°C, his blood pressure was 97/54 mmHg, and 
his pulse rate was 101 beats/min. Abdominal examination re- 
vealed no abdominal movement and marked distension. His lab- 
oratory findings were as follows: white blood cell count, 15,700 
/mm3 (neutrophils 91.5%); hematocrit, 31.1%; hemoglobin, 
10.3 g/dL; platelet count, 346,000/mm3; alanine transaminase, 
2 U/L; aspartate transaminase, 28 U/L; urea, 300 mg/dL; and 
creatinine, 3.97 mg/dL. A rectal examination revealed an empty 
rectum. Computed tomography was not performed because of 
dependence on the mechanical ventilator and severe acute re- 
nal impairment. Gastroscopy subsequently performed in the ICU 
revealed a perforation in the first part of the duodenum (Figure 
1) and the patient underwent emergency surgery. Laparotomy 
revealed a perforated 1 cm ulcer on the anterior aspect of the 
proximal duodenal bulb and 200 mL of gastric contents mixed 
with biliary fluid in the peritoneal cavity. After peritoneal wash- 
ing, the duodenal ulcer was repaired with three silk sutures and 
an omental patch. The remainder of the peritoneal cavity was 
explored and found to be normal. Postoperatively, the patient 
was transferred to our surgical ICU. Despite optimal manage- 
ment in the ICU, the patient’s inflammatory markers, creatinine, 
and alanine transaminase continued to increase, and his urinary 


Figure 1. Endoscopic image of the perforation located in the proximal duodenal 
bulb. 


output remained low. The patient had a difficult postoperative 
course that was complicated by wound infection and septice- 
mia. The patient did not recover from septic shock. He was kept 
on a ventilator and inotropic drugs with antibiotics. The patient 
died from cardiopulmonary failure and shock four days follow- 
ing the second operation. 


Discussion 

Stress-related mucosal damage (SRMD) of the Gl tract was first 
described in 1971 by Lucas et al., who used the term stress-re- 
lated erosive syndrome [2]. Since then, many terms have been 
used to describe SRMD in critically ill patients, including stress 
ulcer, stress erosion, stress gastritis, hemorrhagic gastritis, 
erosive gastritis, and stress-related mucosal disease. The inci- 
dence of SRMD has been reported to range from 6% to 100% 
in critically ill patients [3]. Stress ulcers develop within hours 
of major trauma or serious illness, most often in the proximal 
regions of the stomach. Endoscopy performed within 72 h of a 
major burn or cranial trauma revealed acute mucosal abnormal- 
ities in >75% of patients [4]. Stress ulcers are common compli- 
cations in many clinical conditions, but they rarely perforate. 
They generally occur in the fundus or body of the stomach, but 
sometimes occur in the antrum, duodenum, or distal esophagus. 
Stress ulcers tend to be shallow and cause oozing of blood from 
superficial capillary beds. Deeper lesions may also occur, which 
can erode into the submucosa and cause massive hemorrhage 
or perforation [5]. Although not completely understood, the 
pathophysiology of stress ulcers is likely to be multifactorial. 
Inadequate systemic perfusion, mucosal blood flow, and cellular 
oxygenation appear to play important roles in the development 
of stress ulcers, as do decreased gastric pH, increased mucosal 
permeability, and alterations in normal protective mechanisms 
[6,7]. Stress ulcers are an important clinical disorder. Two major 
complications, upper GI perforation and bleeding, are signifi- 
cant concerns in critically ill patients and are associated with 
a high risk of death. Gl complications are particularly common 
in critically ill patients and also carry a high risk of death. Many 
authors have reported the prevalence of Gl complications and 
predictors of Gl complications in specific patient populations. 
These data allow practitioners to evaluate not only the risk of 
complication but also the risk of death in individual patients. 
Chan et al. investigated the Gl complications in neurosurgical 
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patients [8]. Their retrospective report of 526 patients revealed 
that 36 (6.8%) had endoscopically or surgically confirmed Gl 
complications. All of these patients had GI bleeding, and two 
had evidence of ulcer perforation. Eleven patients died as 
a direct result of the Gl complication. In a prospective study 
of 11,508 cardiac surgery patients, D’Ancona et al. identified 
147 Gl complications in 129 patients (1.2%) [9]. The complica- 
tions included gastroesophagitis (12.2%), upper GI hemorrhage 
(28.6%), perforated peptic ulcer (4.7%), cholecystitis (6.8%), 
pancreatitis (8.8%), intestinal ischemia (11.5%), colitis (12.2%), 
diverticulitis (3.4%), intestinal occlusion (1.1%), and lower Gl 
hemorrhage (0.7%). In a study by Tsiotos et al., perforation oc- 
curred after stress ulceration in <1% of patients in a cardiac 
surgery ICU [10]. The potential causes of stress ulcers are nu- 
merous and are related to patient characteristics such as age 
and underlying disease processes, as well as to interventions 
such as mechanical ventilation. The primary cause of stress 
in our patient was likely to be severe illness. In addition, the 
patient had had endotracheal intubation for an extended pe- 
riod of time. Most critically ill patients are unable to provide 
a history or description of their symptoms, which limits and/ 
or delays the timely diagnosis of Gl disorders. Therefore, it is 
essential that critical care specialists who suspect GI complica- 
tions initiate preventive strategies and carefully monitor the 
patients for evidence of such complications. The optimal agent 
for acid suppression is unknown, and there is controversy and 
substantial variation in clinical practices regarding the choice 
of agent for acid suppression in critically ill patients. Based on 
the results of randomized trials and the recommendations of 
the American Society of Health System Pharmacists, all criti- 
cally ill patients who are at high risk of Gl complications such 
as bleeding and perforation should receive anti-ulcer prophy- 
laxis [11]. Because of his poor clinical condition, our patient did 
not display the classic signs of peritonitis such as generalized 
tenderness and rigidity. Therefore, the diagnosis of bowel per- 
foration was not initially apparent and could only be made af- 
ter exploratory laparotomy in the ICU. Surgical exploration also 
revealed perforation of the first part of the duodenum, which 
was intractable despite intensive anti-ulcer therapy. There has 
been a significant decrease in the rates of elective surgery for 
treating uncomplicated peptic ulcers; however, complications 
such as perforation and obstruction persist and require urgent 
surgical management. The first report of a series of patients 
presenting with perforation of a duodenal ulcer was made in 
1817 by Travers. Although the earliest description of surgical 
treatment was made by Mikulicz in 1884, the first successful 
operation for a perforated duodenal ulcer occurred in 1894 
[12]. Mortality related to a perforated duodenal ulcer is depen- 
dent on the presence or absence of several risk factors. Indi- 
vidual risk can also be assessed using the Acute Physiology and 
Chronic Health Evaluation Il system. Although prompt closure of 
the perforation offers the best chance for survival, it also cre- 
ates additional stress exacerbating the patient’s clinical state. 
Therefore, surgical repair must be done as quickly as possible. 
The overall mortality rate is approximately 10% in most stud- 
ies. In the developing world the high morbidity and mortality 
rates of patients with a perforated duodenal ulcer are probably 
due to delayed presentation. In particular, patients in whom the 


diagnosis is overlooked almost always die. Risk factors affect- 
ing the prognosis of perforated ulcer included delayed treat- 
ment (> 24h), preoperative shock (systolic blood pressure < 100 
mmHg), and serious comorbidities. The mortality rate increases 
to 100% in patients with all three factors. This is consistent 
with our experience in the present case. Potential adverse ef- 
fects of pharmacologic agents that suppress gastric acid secre- 
tion are particularly relevant to critically ill patients, and include 
nosocomial pneumonia and clostridium difficile infection. Other 
adverse effects, such as intolerance, drug interactions, and 
thrombocytopenia are rare. Despite these risks, prophylactic 
anti-ulcer therapy is essential to reduce the risk of stress ulcer- 
related complications. Perforated stress ulcers are potentially 
fatal complications in ICU patients. Such ulcers may be missed 
if practitioners are not alert to their likelihood in critically ill 
patients [13-15]. 

In conclusion, based on our limited experience with this patient, 
we wish to make the following recommendations: First, all ICU 
patients should receive prophylactic anti-ulcer therapy and pos- 
sibly cimetidine; second, ICU specialists should be vigilant for 
complications of SRMD; and third, surgical closure of a perfora- 
tion must be simple and performed quickly. 
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Dental girisim sonrasinda gelisen miyoperikardit vakasi literattirde simdiye kadar 
raporlanmamistir. Biz, yuzeyel dental girisim sonrasinda ploritik tipte gogilis ag- 
risi ile hastaneye basvuran 26 yasinda bir erkek hasta sunduk. Hasta, labaratu- 
ar, elektrokardiyografik ve ekokardiyografik bulgulari ile degerlendirildiginde mi- 
yoperikardit tanisi aldi. Miyoperikardit etyolojisinde yer alan diger nedenler dis- 
landiktan sonra, dental girisim 6ykiisti etyolojik neden olarak suclandi. Bakteriye- 
miye sekonder gelisen kardiyak olaylar nadirdir ve siklikla infektif endokardit ola- 
rak prezente olur. Biz dental girisim sonrasi miyoperikardit klinigi gelisen bir va- 
kay! sunduk. Her dental girisim bakteriyemiye neden olabilir ancak her bakteriye- 
mi kardiyak komplikasyonlar ile sonuclanmaz. Miyoperikardit patogenezinde bak- 
teri invazyonu, toksini yada eksternal uyarilara karsi gelisen imminolojik reaksi- 
yonlar yer alir. Bu baglamda, her bakteriyemi, immiinolojik mekanizmalar araciligi 


ile kardiyak komplikasyonlara yol acabilir. 


Anahtar Kelimeler 
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Abstract 

A myopericarditis case following dental intervention has not yet been reported 
in the literature yet. We present the case of a 26-year-old man admitted with 
pleurotic type chest pain following superficial dental intervention. He was diag- 
nosed with myopericarditis based on laboratory parameters and electrocardio- 
graphic and echocardiographic findings. Other known causes of myopericarditis 
were excluded and dental intervention was concluded to be the probable cause of 
myopericarditis. Cardiac manifestations secondary to bacteremia are rare com- 
plications and most present as infective endocarditis. This case reports the first 
patient presented with myopericarditis following superficial dental intervention. 
All dental interventions can cause bacteremia; however, each case of bacteriemia 
does not result in cardiac complications. Bacterial invasion, toxins or immune 
responses to external stimulations act on pathogenesis of myopericarditis. In this 
regard, it is possible that bacteremia may lead to cardiac complications via im- 
mune mechanisms. 
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Introduction 

Myopericarditis is an inflammatory process affecting the heart 
muscle and pericardium. Acute pericarditis is responsible for up 
to 5% of admissions to the emergency department and may 
result from drugs, infections, or autoimmune or idiopathic dis- 
orders [1]. There are four known mechanisms of myopericar- 
ditis etiopathogenesis: 1) direct damage to cardiac myocytes 
by the microorganism: 2) damage to infected myocyte via im- 
munoresponse to bacteria: 3) cytotoxicity by viral antigen spe- 
cific immunoreaction; and 4) cytotoxicity via a circulating toxin 
[2]. Cardiac manifestation secondary to bacteremia is very 
rare complication following superficial dental interventions. No 
cardiac complication has been reported in patients foloowing 
a dental thinning procedure before. In this paper, we report a 
case of myopericarditis probably having occured by an immuno- 
response to bacteremia which develop following a dental thin- 
ning procedure. We evaluate the clinical and laboratory findings 
of myopericarditis and discuss them with respect to the avail- 
able literature. 


Case Report 

We report the case of a 26-year-old man admitted with pleu- 
rotic type chest pain. He had no medical history of chronic dis- 
eases such as coronary artery disease, valvular heart disease, 
diabetes mellitus, or hypertension and had no familial history of 
cardiovascular disease. He didn’t have a history of drug intake 
continuously or recently. He was not a smoker and did not have 
history of drug addiction. He had no viral or bacterial actual 
infection symptoms. He had been suffering from pleurotic type 
chest pain for five days and palpitation for three days before 
admission to our clinic. His physical examination did not show 
any relevant findings including fever, lymphadenopathies, rash, 
arthritis or heart murmurs. His abdominal examination was 
unremarkable. Laboratory finding were white blood cells count 
of 8.77 U/L (4.0-10.0 10%3 u/L), lymphocyte count of 1.08 U/L 
(0.6-3.4 10*3) and hemoglobin levels of 8.63 g/dl (13.2-17.3g/ 
dL). There was an elevation in cardiac enzymes. Creatine-kinase 
(CK) was 1413 (< 190 U/L), CK-MB was 36 (0.6-6.3ng/dL), lac- 
tate dehydrogenase was 405 (< 190 U/L), and troponin | (Tnl) 
was 1.65 (< 0.09 ng/mL). Erytrocyte sedimentation rate was 5 
mm/h (<15 mmm/h) and C-reactive protein was 1.0 mgL (<10). 
Autoimmune (antinuclear antibody test with IFA was negative) 
and microbiological studies (EBV VCA IgM, CMV IgM, HSV type 
I-Il lgM with ELISA were negative, influenza IgA PCR was nega- 
tive, blood cultures were negative) failed to show an etiology 
for his disease. Electrocardiogram indicated sinusal tachycar- 
dia and nonspecific changes on inferior derivations (Figure1). 
Echocardiograpy showed echogenic focus on inferior segment 
of myocardium without any pericardial effusion (Figures 2-3). 
These findings indicated a diagnosis of myopericarditis and the 
patient was given nonsteroidal-anti-inflammatory-drugs. The 
patient was discharged after clinical symptoms and laboratory 
findings were resolved. We learned of a history of a dental thin- 
ning procedure two days before the initiation of chest pain ac- 
cording to the patient’s detailed anamnesis. After excluding the 
other causes, we concluded that the etiology of myopericarditis 
was like related to the dental thinning procedure. 


Figure 1. Electrocardiography. Electrocardiogram indicated the sinusal tachycar- 
dia and non specific changes on inferior derivations. 


Figure 2. Echocardiography-Parasternal short axis view. Echocardiography 
showed the echogenic focus on inferior segment of myocardium. 


Figure 3. Echocardiography-Parasternal long axis view. Echocardiography showed 
the echogenic focus on inferior segment of myocardium. 


Discussion 

Myopericarditis is a myocardial injury added to the pericardial 
inflammation, on the basement. It can be clinically diagnosed 
by findings of acute pericarditis and elevated cardiac mark- 
ers of injury (TnI or TnT, and CK-MB ) without depressed left 
ventricular function by echocardiogram [3]. The pericardium 
may be affected by all categories of diseases, including in- 
fectious diseases such as viral, bacterial, fungal, parasitic, or 
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autoimmune diseases such as systemic lupus erythematosus, 
Sjégren’s syndrome, scleroderma, Takayasu’s arteritis, Behcet’s 
syndrome, or rheumatoid arthritis. It can also be affected by 
neoplastic diseases such as pericardial mesothelioma, lung and 
breast carcinoma, lymphoma, or iatrogenic and traumatic con- 
ditions such as penetrating thoracic injury, esophageal perfora- 
tion, radiation injury, or metabolic events such as uraemia and 
myxoedema. Classic myocarditis, an inflammation of the heart 
muscle, occurs as a result of the triggering of external antigens 
including viruses, bacteria, parasites or drugs (anthracyclines, 
cocaine, clozapine, sulfonamides, cephalosporins, penicillins 
and tricyclic antidepressants), or internal stimulants such as au- 
toimmune activation against self-antigens [4]. In our case, we 
concluded that dental intervention was the probable cause of 
myopericarditis via immunostimulation against bacteria when 
other known causes had been eliminated. 

Cardiac complication associated with dental intervention is 
mostly shown to be associated with infective endocarditis 
(IE) in the literature. Incidence of IE is approximately 10 per 
100,000 of the population per year. The incidence of IE that 
is a result of dental treatment is as low as 4% [5]. The major- 
ity of patients who develop endocarditis were thought have a 
pre-existing cardiac defect. More recently, this perception has 
changed with the information that nearly half of the cases of 
endocarditis did not have known previous cardiac disease [6]. 
Guidelines had recommended that antibiotics be administered 
prior to invasive dental procedures to those patients who with 
a high risk of endocarditis. However, recent guidance by the Na- 
tional Institute for Health and Care Excellence (NICE) in England 
and Wales now recommends that antibiotics are not required. 
Many dental procedures cause bacteremia and this may lead 
to endocarditis in some people. Bacteria may enter the blood 
through a variety of portals but generally via mucosal surfaces. 
The gingiva and periodontal ligament which surrounds all teeth 
may cause a degree of inflammation and this lead to entry of 
bacterias to the bloodstream. Indeed, it has been demonstrated 
that daily activities such as toothbrushing can cause bactere- 
mia [7,8]. In this regard, bacteremia have been not resulted with 
a cardiac complication mostly. However, underlying immunolog- 
ic interactions could play a role in cardiac manifestations such 
as endocarditis or myopericarditis. 

In our case we diagnosed myopericarditis by clinical presenta- 
tion and elevated cardiac 

enzymes. After excluding the other possible causes including 
autoimmune disorders, viral and bacterial infections, and drugs 
used, we suspected superficial dental intervention as an etio- 
logic reason. As a result, we report the first case of myoperi- 
carditis that was secondary to superficial dental intervention. 
All dental interventions could can bacteriemia; however, each 
case of bacteremia does not result in cardiac complications. In 
this regard, it is possible that bacteremia may lead to cardiac 
complications via immune mechanisms. 


Conclussion 
Dental interventions should be considered in the differential di- 
agnosis of myopericarditis etiology. 
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Ust dudak karsinomlari, ultraviyole isinlarinin daha az etkisinde kaldigi icin, alt 
dudaga gére daha az goriilmektedir. Buna bagli olarak, tist dudak rekonstriiksi- 
yon yéntemleri ve yéntemlerin uygulandigi hasta sayis! da daha azdir. Ust du- 
dak defektlerinin rekonstriksiyonunda simdiye kadar birg¢ok metod tanimlanmis- 
tir. Ust dudak defektlerinin onariminda uygulanan rekonstriksiyon metodlari; tran- 
soral rotasyon flepleri (Abbe ve Estlander), sirkumoral ilerletme-rotasyon flepleri 
(Karapandzic ve Gillies), perialar kresentik eksizyon, ters Yus flep ve Bernard-Von 
Burrow flebi ve Bernard-Von Burrow flebi ile birlikte cift tarafll Webster modifikas- 
yonu olarak siralanabilir. Ust dudak karsinomu nedeniyle tiimér eksizyonu yapilan 
ve rekonstriiksiyonunda Bernard-von Burrow flebin daha once literatiirde ¢ok na- 
diren vurgulanan tek tarafll Webster modifikasyonu uygulanan olgu, literattir es- 
liZinde sunuldu. 


Anahtar Kelimeler 
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Abstract 

Since it is less influenced by ultraviolet rays, upper lip carcinomas are less com- 
mon than those of the lower lip. Likewise, upper lip reconstruction methods and 
the number of patients that the methods applied are very limited. Several meth- 
ods defined in the reconstruction of entire upper lip defects, so far. Reconstruction 
methods applied to the upper lip defects can be listed as follows: transoral rota- 
tion flap (Abbe and Estlander), circumoral advancement-rotation flap (Karapan- 
dzic and Gillies), perialar crescentic excision, reverse Yus flap, Bernard-von Burrow 
flap, and Bernard-von Burrow flap with double-sided Webster modification. In this 
article, a 58-year-old male patient who underwent tumor excision due to upper 
lip carcinoma by the Bernard-von Burrow flap and unilateral Webster modification 


method, previously very rarely emphasized in the literature is presented. 
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Upper Lip Reconstruction 


Introduction 

Besides the aesthetic properties of the upper and lower lips, 
important functional properties such as speech, facial expres- 
sion, or oral competence are also important. In most series, lip 
carcinomas are the most common cancer type among the oral 
cavity cancers, while in some, the most common oral cancer is 
tongue carcinomas. The vast majority of lip cancers are squa- 
mous cell carcinoma. The second most common type of cancer 
is basal cell carcinoma that is more common in the upper lip 
[1,2]. The aim of lip reconstruction is to preserve both the aes- 
thetic appearance and function as much as possible. Unlike the 
reconstruction of the lower lip, the preservation of the nasal 
base and philtrum in upper lip reconstruction is important [3]. 
If nasal base anatomy breaks down, then nasal airflow is also 
disrupted. 

Reconstruction methods applied to the upper lip defects are: 
transoral rotation flap (Abbe and Estlander), circumoral ad- 
vancement-rotation flap (Karapandzic and Gillies), perialar 
crescentic excision, reverse Yus flap, Bernard-von Burrow flap 
and Bernard-von Burrow flap with double-sided Webster modi- 
fication [4,5]. We present the case of a patient who underwent 
tumor excision due to upper lip carcinoma with reconstruction 
with the Bernard-von Burrow flap and unilateral Webster modi- 
fication method and a review of the current literature. 


Case Report 

A fifty-eight-year-old male patient was admitted with the com- 
plaint of a mass at the upper lip. Clinical examination revealed 
a crusty lesion at upper lip on the left side, 4 mm exceeding the 
vermillion border, a distance of 1 cm to the oral commissure, 
extending through the midline and 2x1.5 cm in diameter. He 
had an incision scar at lower lip and microstoma due to a previ- 
ous intervention (Figure 1). There were no palpable lymphade- 
nopathies at the neck. Incisional biopsy from the lesion was re- 
ported as squamous cell carcinoma. Under general anesthesia, 


Figure 1. Preoperative view of the patient. 


tumor excision from the upper lip and reconstruction with the 
Bernard-von Burrow flap with unilateral Webster modification 
and left suprahyoid neck dissection operation was performed. 

Vertical full-thickness incisions were made on each sides of 
the lesion leaving 1 cm to the lesion as a safety margin com- 
bined with horizontal full-thickness incision made 2 mm inferior 
to nasal base; skin, underlying tissues, and mucosa, together 
with the lesion, were excised (Figure 2). Burrow’s triangles as 


Figure 2. Perioperative view of the patient. Tumor at upper lip was excised and 
skin and subcutaneous tissue excisions were performed at Burrow’s triangles. 


the base running inferiorly and the apex superiorly were cre- 
ated along both nasolabial groove, triangles were excised, and 
Bernard flap was created. Another reverse triangle was drawn 
inferolaterally to the left oral commissure and one-sided Web- 
ster’s triangle was created by excision of the skin and preserv- 
ing the underlying mucosa. To form a line to the left upper lip 
vermillion, two inferiorly running edges of the mucosal triangle 
were cut and superiorly based mucosal flap was created (Figure 
3). Opposing edges of each Bernard flaps were approximated 


Figure 3. Superior-based mucosal flap created at the base of the Webster’s tri- 
angle, and new vermillion. 


finally and three layers closure was performed. Webster’s mu- 
cosal flap was sutured as showing continuity with left upper lip 
and forming vermillion. The two other edges of Webster's tri- 
angle were also sutured in three layers. The operation was com- 
pleted by performing left suprahyoid neck dissection (Figure 4). 
No metastatic lymphadenopathy was reported at pathological 
examination of the neck and the surgical margins were tumor 
free. Aesthetic and functional results were found to be satisfac- 
tory at postoperative sixth month control (Figure 5). 
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Figure 4. The patient’s early postoperative appearance. 


Figure 5. The patient’s postoperative 6th month view. 


Discussion 

In the mid 19th century, Doctor Bernard and Doctor von Bur- 
row simultaneously described cheek advancement flap for re- 
construction of large upper lip defects (Bernard-von Burrow 
flap). The most important feature of this flap is formed by the 
triangles excised from the part of cheek proximal to the flap 
(Burrow’s triangle). Excision of excess skin and muscle makes 
the advancement of flap easier. For upper lip reconstruction, 
an incision is made through the upper lip on both sides of the 
tumor with a horizontal connection at the base of the columella. 
Crescent or triangle-shaped areas are outlined in the nasolabial 
areas to permit straight horizontal advancement of the sides of 
the defect. The full-thickness crescent or triangle-shaped areas 
and the tumor are excised. Mobilization of the lateral flaps is 
achieved and three layer closure is performed [2,3,6]. 

Bernard- von Burrow’s technique was later modified by Webster. 
Two lateral cutaneous triangles on each side of the chin at sub- 
mental area are excised to allow for flap advancement. Mucosal 
triangles are preserved and tailored to form new vermillion for 
the reconstructed upper lip. These mucous membranes are then 
mobilized, preserving their base and new vermillion is formed 
[2,6]. This modification is applied two-sided and there are no 
cases in the literature concerning the implementation of this 
technique as one-sided. In our case, unlike the classic Webster 
modification, only one-sided reconstruction was performed for 
creating a new vermillion with an inferior triangle formed at 
the lesion side. We provided an acceptable mouth opening and 
function while avoiding microstomia. 


Kriet et al. [7] applied the extended Abbe flap for repair of large 
upper lip defects, but cross lip flaps do not restore oral circum- 
ference. 

Spinelli et al. [5] reported the utility of the alar crescent flap 
for partial and full-thickness reconstruction of upper lip defects 
of varying lengths. The technique provides good functional and 
aesthetic results, but the loss of philtral anatomic detail is re- 
ported as a disadvantage of this procedure. 

Rotation flaps such as Gillies and Karapandzic are used for re- 
pair of large defects of the upper lip holding major part of the 
lip, but the disadvantage of these methods is reduction of oral 
competence in conjunction with microstomia [3]. 
Belmonte-Caro et al. [4] have modified the Yus technique and 
performed reverse Yus technique for upper lip reconstruction 
and they have reported very good aesthetic and functional out- 
comes for reconstruction of upper half lip defects. 

Another technique that is applied to major defects of the upper 
lip is the Fujimori-Gate flap. A new upper lip is created by form- 
ing two inferior-based island flaps from the nasolabial area 
based on the angular artery and rotating them 90 degrees to 
the midline. This is reported as a reliable and a safe technique 
in the repair of large upper lip defects [8]. 

Chang et al. [9] have applied the technique of free temporal 
scalp flap for the reconstruction of large upper lip defects. It 
is a single-staged, relatively simple method of providing hair- 
bearing skin to the upper lip. They indicated that postoperative 
motor function and aesthetic results were almost normal at 
long-term follow-up. 

In conclusion, the Bernard-von Burrow and unilateral Webster 
modification technique that we performed is easy to apply and 
is a reliable method in appropriate cases, with satisfactory 
postoperative mouth opening and aesthetic results. . 
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6z 

Spinal Tiiberktiloz (STB), akciger TB’ ye gére cok daha nadir goriilmektedir. Ver- 
tebra infiltrasyonu nedeniyle norolojik defisit ve ortopedik problemlere neden ola- 
bilmektedir. Vakamiz, 27 yasinda erkek hasta, oksiirtik ve bel agrisiyla hastanemi- 
ze basvurdu. PA grafisinde 6zellik yoktu. Akciger bilgisayarli tomografisinde, bila- 
teral apikal infiltrasyon, torakal vertebrada multipl litik lezyon, gibbus deformite- 
si ve spinal kord basisi izlendi. Brons lavaj sivisinda yayma ARB ve TB kiiltiirii ne- 
gatif geldi. Torako lumber MR’ da epidural abse goriiniimii olmasi nedenli cerrahi 
abse drenaji yapildi. Vertebrada litik lezyon nedenli kemik biopsisi yapildi. Kemik 
biopsisi yayma ARB pozitif bulundu ve kiltiirtinde M. Tuberculosis tiredi. Biyopsi 
sitolojisinde nekrotizan granilomatéz inflamasyon goriildti. Tiiberktiloz tedavisi ve 
cerrahi stabilizasyon ile sirt agrisi geriledi. Spinal TB, 6zellikle TB’ nin endemik ol- 
dugu bolgelerde, bel agrisiyla basvuran hastalarda ayirici tanida duistiniilmesi ge- 
reken 6nemli bir hastaliktir. 


Anahtar Kelimeler 
Spinal Tuberkiilozis; Epidural Abse; Litik Lezyon 


This case report is presented as a poster on October 16, 2016 in TUSAD congress. 


Abstract 

Spinal Tuberculosis (STB) is much rarer than pulmonary tuberculosis. It can cause 
neurological and orthopedic problems due to infiltration of vertebrae. Here we 
report a 27-year-old male patient who applied with cough and low back pain. The 
chest Xray was unremarkable. In thorax computer tomography there were consoli- 
dations at the left and right upper lobes, multiple lytic lesions in the spine, spinal 
cord compression and gibbous deformity in the thoracic vertebrae. The acid resis- 
tant bacteria (ARB) smear and Mycobacterium tuberculosis (MT) culture of bron- 
chial lavage fluid were found to be negative. Due to appearing to be an epidural 
abscess in thoraco-lumbar magnetic resonance imaging (MRI), surgical drainage 
was performed. For lytic lesions on the spine, bone biopsy was performed. ARB 
smear of bone biopsies was positive and MT isolated in the Lowenstein-Jensen 
culture. The cytology of the biopsy showed necrotizing granulomatous inflamma- 
tion. Back pain decreased with anti tuberculosis treatment and surgical stabiliza- 
tion. We emphasize that, STB, in MT endemic and other developing areas, is an 
important consideration the differential diagnosis of patients presenting with low 
back pain. 
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Spinal Tuberculosis Which Caused Gibbosity and Epidural Abscess 


Introduction 

Spinal tuberculosis (STB) is a form of bone TB that is caused by 
infiltration of a vertebral arch [1]. In endemic and other devel- 
oping countries, in case that present symptoms such as loss of 
appetite, weight loss and low back pain, STB should be consid- 
ered in the differential diagnosis. The initial stages of STB are 
insidious; radiological findings develop slowly and there are no 
specific symptoms. Therefore diagnosis of STB may be delayed. 
Here, we present a case of STB that caused gibbosity and was 
accompanied by epidural abscess. 


Case Report 

A 27-year-old man was admitted to the hospital with a com- 
plaint of non-productive cough and low back pain occuring for 
the previous month. The low back pain was constant and had 
no relationship with physical effort. There were no other related 
features in the patient’s medical history. The patient had ten- 
derness on his back, but no other related features upon physical 
examination. 

The erythrocyte sedimentation rate (ESR) was 38 / h and the 
sputum smear was negative for any bacteria. The chest X-ray of 
the patient was non-diagnostic (Figure 1). Non-specific antibio- 
therapy (amoxicillin-clavulanic acid) was initiated. The thorax 
computed tomography (CT) showed tree-in-bud infiltration at 
the right and left upper lobes of the lung and in the cavity in the 
right upper lobe (Figure 2). 

Also, lytic lesions in the anterior and lateral spine, causing gib- 
bous deformity and compression to the spinal cord were seen. 
The thoraco-lumbar magnetic resonance imaging (MRI) showed 
severe kyphotic deformation, epidural abscess and spinal cord 
compression on the T8-T10 levels. Also there was spondylodis- 
citis at the T3-T6 levels (Figure 3-4). The three acid resistant 


Figure 1. Initial PA Graphy 


Figure 2. Thorax CT - Tree-in-bud infiltration at the right and left upper lobes of 
the lung and cavity in the right upper lobe. 


Figure 3. Thorax CT- Vertebrae lytic lesion 


Figure 4. Thoraco-lumbar MRI - Severe kyphotic deformation, epidural abscess 
and spinal cord compression on the T8-T10 levels. 


bacteria (ARB) smears were negative in induced sputum smear 
for Mycobacterium tuberculosis (MT). Due to bilateral apical in- 
filtration of the cavity in the CT, fiberoptic bronchoscopy was 
performed. Bronchial lavage fluid that had been taken from bi- 
lateral upper lobes was positive for ARB. 

Spinal epidural abscess drainage and vertebral bone biopsy 
were performed from the thoraco-lumbar regions. Histopathol- 
ogy of the T3-T4 and T8-T10 vertebral bone biopsies detected 
necrotizing granulomatous infiltration. ARB smear of bone bi- 
opsies was positive and MT isolated in the Lowenstein-Jensen 
culture also. Anti-TB treatment was initiated as isoniazid 300 
mg / day, rifampicin 600 mg / day, pyrazinamide 1.5 g / day, and 
ethambutol 1.5 g / day. Additionally, anterior surgical stabiliza- 
tion was implemented because of the infiltration of T8-T10. In 
the follow-up, the patient’s symptoms had decreased. 


Discussion 

STB was first described in 1782 by Sir Percival Pott, so is also 
called Pott’s disease [1]. STB is much rarer than pulmonary tu- 
berculosis. It constitute 1-1.5% of all TB cases, and 15% of all 
extrapulmonary tuberculosis [2-3]. STB is especially seen in de- 
veloping countries where it is endemic, such as Pakistan and In- 
dia. But it is also seen in developed countries. Furthermore, STB 
cases have been increasing in recent years due to increased 
immundeficiency in cases of HIV infection, diabetes mellitus, 
cancer, etc. [4]. 

Patient complaints, radiological findings, microbiologic di- 
agnosis of MT and necrotizing granulomatous inflammation 
in histopathology are crucial in the diagnosis of STB. Due to 
clinical and radiological similarities in differential diagnosis, it 
can often be confused with vertebral tumor and metastatic le- 
sions. However, STB usually has anterior vertebrae involvement, 
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whereas tumors have more posterior vertebrae involvement [5]. 
In this case, anterior vertebrae involvement was observed. 

STB may cause neurological deficits and spinal deformity. The 
most serious complications are paraplegia and tetraplegia. Al- 
though neurological deficits were not seen in this case, the pos- 
sibility of neurological deficits was high because of spinal cord 
compression, epidural abscess and destruction of vertebrae. 
Therefore, early diagnosis and appropriate treatment of these 
cases is important. 

Spinal epidural abscess (SEA) is quite rarely observed. It is 
mostly seen in the lumbar region with multiple vertebral articu- 
lation involvement. In this case, the involvement of three con- 
secutive joints of the thoracal vertebrae was observed in the 
thoraco-lumbar MRI. Although SEA is predominantly due to pre- 
disposing factors such as HIV infection, diabetes and trauma, 
no other disease or predisposing factor was found in the case. 
SEA often appears to be secondary to pre-existing infection in 
another organ. In our case, epidural abscess was thought to 
have developed secondary to pulmonary tuberculosis. 

The risk of kyphosis is quite high in STB. As the number of in- 
filtrated vertebrae segments increases, the risk of kyphosis de- 
velopment increases accordingly. In another study, the kyphosis 
rate was found to be 38% in STB [6]. Due to consecutive three 
segment involvement, kyphosis was also observed in this case. 
In the pharmacological treatment of spinal TB, antituberculous 
therapy (HRZE) consisting of isoniazid, rifampicin, pyrazinamide 
and ethambutol is recommended for at least nine months. In 
the intensive phase, two months HRZE treatment, and then 
7-10 months HR treatment during the continuation phase is 
recommended [7]. Surgical treatment varies according to the 
degree of bone involvement. It has been shown that aggressive 
surgical treatment improves the efficacy of drug treatment and 
prevents neurological deficits [8]. Surgical anterior stabilization 
is required for long segment involvement of vertebrae. Poste- 
rior stabilization is applied to maintain an upper and a lower 
healthy segment. In addition to pharmacological treatment, 
surgical anterior stabilization was performed on our patient be- 
cause of the long segment involvement of the vertebrae. 

We emphasize that, in TB endemic countries and in developing 
countries, STB should be considered in the differential diagno- 
sis in patients with back pain and destructive lesions of the ver- 
tebrae. Furthermore, surgery and/or anti-tuberculosis therapy 
should be given promptly after STB diagnosis. 
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6z Abstract 


Transfemoral transkateter aort kapak implantasyonu ile iliskilendirilen vaskiiler Vascular complications associated with transfemoral transcatheter aortic valve 


4 : ve wee implantation are frequent and unfortunate consequences of arterial sheath inser- 
komplikasyonlar siklikla arteriyel kilif yerlestirilmesinin istenmeyen sonuclaridir. a ¢ a 


tion. The current report presents a case of atheromatous plaque embolization to 
Bu olguda Sag femoral arter cerrahi kaniilasyonu yapilmasini takiben gelisen sol i, P 
5 3 A a ae the left common femoral artery when the right femoral artery is cannulated by 


ana femoral arter aterom plak embolisi sunulmaktadir. Transfemoral erisim yolu surgical cutdown following transcatheter aortic valve implantation. If the trans- 
kullaniliyorsa, bilateral alt ekstremite nabizlari yakindan izlenmeli ve akut iskemi femoral access route is used, bilateral lower extremity pulses should be monitored 
durumunda, acil operasyon gerekliligi unutulmamalidir. closely and, in the case of an acute ischemia, the necessity of emergency opera- 


tion should be noted. 
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Introduction 

Aortic stenosis (AS), the most common form of adult valvular 
heart disease, has become more prevalent in the aging popu- 
lation [1]. Transcatheter aortic valve implantation (TAVI) is an 
effective and reliable treatment method in patients with severe 
AS, who exhibit high surgical risk and are ineligible for surgical 
intervention. Despite being a less invasive method, this proce- 
dure can lead to various complications [2,3]. The current report 
presents a case of atheroma plaque embolization to the left 
common femoral artery, while the right femoral artery is can- 
nulated by surgical cutdown. 


Case Report 

An 87-year-old woman with chest pain and NYHA (New York 
Heart Association) functional dyspnea class III-IV was referred 
to our institution with severe AS. Transthoracic echocardiogra- 
phy revealed a calcified and immobilized aortic valve. The mean 
aortic pressure gradient was 47 mmHg. The calculated aortic 
valve area was 0.70 cm? according to the continuity equation. 
The aortic annulus diameter was 23 mm, as measured by trans- 
esophageal echocardiography. There was no critical stenosis 
of the coronary arteries, and peripheral angiography revealed 
a femoral artery diameter of 6 mm (Figure 1A-B). She had a 
history of chronic obstructive lung disease and chronic renal 
failure (creatinine clearance: 32 ml/min). The patient’s logistic 
Euroscore and Society of Thoracic Surgeons scores were cal- 
culated as 27% and 8.5%, respectively. The heart team (HT), 
which included cardiovascular surgeons, clinical and interven- 
tional cardiologists, as well as anesthesiologists, decided to 
proceed with TAVI using 26 mm CoreValve (Medtronic) by the 
transfemoral access route. 


Figure 1. Pre-procedural angiographic images of aortoiliac bifurcation and the 
right iliofemoral arteries(A). Pre-procedural angiographic study of the left ilio- 
femoral arteries(B). 


Initially, unfractionated heparin (UFH) was administered periop- 
eratively at a dose of 6000 IU (100 IU/kg) for anticoagulation. 
The antiplatelet regimen consisted of 100 mg acetylsalicylic 
acid and 75 mg clopidogrel administered before and after the 
procedure. After the induction of general anesthesia, the right 
common femoral artery (CFA) was cannulated by surgical cut- 
down. An 18 F introducer sheath was inserted through the right 
CFA. A 6F pigtail catheter was inserted for aortography through 
a 6F sheath to the left CFA and positioned at the aortic root 
during the procedure. A temporary pacemaker was placed in the 
right ventricle via the left femoral vein. A 0.035-inch Amplatz 
Super Stiff wire was inserted into the left ventricle through the 
18 F sheath. Balloon dilatation of the stenotic aortic valve was 
performed with a balloon, under rapid pacing, using a tempo- 
rary pacemaker. Then, a 26-mm CoreValve was deployed in the 
aortic annulus under angiographic guidance. Immediate post- 


procedural aortogram revealed the CoreValve to be in a good 
position. At the end of the process, the right CFA was surgically 
repaired. 

After the procedure, the patient was taken to the intensive care 
unit, with continuous intravenous heparin therapy. During fol- 
low-up in the intensive care unit, the patient’s left leg showed 
ischemic signs and became cold. The left femoral artery sheath 
was removed immediately. Distal extremity pulses were not 
palpable. Emergency Doppler ultrasonography revealed an oc- 
cluded left common femoral artery. 

The patient was immediately taken to the operating room. 
Under local anesthesia, the left common femoral artery was 
explored by transverse arteriotomy, first with a scalpel blade, 
then enlarged with Potts scissors. After performing embolecto- 
my with 4F Fogarty catheter, arteriotomy was closed with 6-0 
polypropylene suture. There was no thrombus in the femoral ar- 
tery, but massive atherosclerotic plaque was removed from the 
femoral artery (Figure 2). After the operation, the distal pulses 
were palpable. The postoperative course was uneventful and 
the patient was discharged after four days with dual antiplate- 
let therapy. 


METRIC TT 


Figure 2. The image of massive atherosclerotic plaque removed from the contra- 
lateral femoral artery. 


Discussion 

TAVI is a less invasive complex procedure in high-risk patients, 
but several complications can occur during or after the proce- 
dure. Consequently, transapical, trans-subclavian, transfemoral, 
and direct aortic access routes have been proposed for TAVI 
[4]. Among these, the transfemoral access route represents the 
most widely used and least invasive approach, but is also asso- 
ciated more frequently with vascular complications [5]. 
Vascular complications have been associated with significantly 
increased morbidity, mortality, and prolonged hospital stays [6]. 
The incidence of major vascular complications ranges between 
5.6% and 17.3% [7]. The rate of contralateral femoral artery 
atheromatous plaque embolism is 1.1% (1 of 87 patients), in 
our experience. 

The patients’ pre-procedural evaluation must be performed cau- 
tiously to avoid major vascular complications. Pre-procedural 
angiography and/or CT can be useful to predict and avoid pos- 
sible vascular complications during transfemoral TAVI. Careful 
patient screening and selection is essential, but complications 
can never be completely eliminated. It is important to be pre- 
pared for all mishaps that may occur, such as those related to 
large occlusion balloons, covered stents, surgical instruments, 
and bleeding. Most importantly, the surgeon should not hesi- 
tate to use non-iliofemoral access if the iliofemoral vessels are 
inadequate [4]. 
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To determine the feasibility of an arterial approach, we used 
angiography to assess the presence and severity of iliofemoral 
disease with a femoral artery diameter of 6 mm. CoreValve’s 
newer low-profile system with 18 F sheath (outer diameter: ap- 
proximately 7 mm) was used in our approach and was deployed 
successfully with an uneventful procedure period. 

Ideally, the minimal lumen diameter should exceed the diameter 
of the delivery system. However, in the absence of extensive 
calcification, bulky atheroma, or severe tortuosity, short seg- 
ments of a relatively compliant artery 1 to 2 mm smaller in 
diameter than the intended sheath can often be safely cannu- 
lated [2]. 

In our case, the lumen diameter was 1 mm smaller than the 
sheath diameter and the intervention was successfully com- 
pleted without any difficulty, but an atheromatous plaque em- 
bolization occurred despite the absence of difficulty during 
the sheath insertion. We believe that when the right common 
femoral artery was cannulated with a large-bore catheter, the 
atheromatous plaque was peeled off by the catheter and depos- 
ited at the iliac bifurcation. The embolization occurred during 
removal of the catheter from the iliac bifurcation to the left 
common femoral artery. 

During the placement of a transcatheter aortic valve, iliofemo- 
ral artery intimal injury and peeling or rupture complications 
can occur [8]. 

Vascular access route complications during TAVI are a life- 
threatening problem that can only be treated successfully if im- 
mediately recognized and managed effectively. Because of the 
relatively large (18 F) sheath required, vascular complications 
may occur during and after CoreValve placement. 

These complications are usually expected from the large ar- 
terial access routes used for sheath insertion.. Our case was 
unique, an atheromatous plaque embolization to the contralat- 
eral femoral artery, in which a sheath had not been inserted. 
To the best of our knowledge, this is the first case report of 
embolization of an atheromatous plaque of the contralateral 
CFA due to cannulation of the right CFA with an 18 F sheath 
during a TAVI procedure. 

In cases of a relatively small-diameter femoral artery and dif- 
ficult sheath insertion, other access routes should be consid- 
ered. Also, pre-procedural angiography and/or CT can be use- 
ful to predict and avoid possible vascular complications during 
transfemoral TAVI. The surgeon must follow a meticulous and 
attentive technique in order to avoid vasospasm during the pro- 
cedure. When the transfemoral access route is used, extremity 
pulses, ischemia signs, and hemodynamic monitoring should 
be followed closely, and the possibility of the development of 
bilateral acute lower extremity ischemia must always be kept 
in mind. In the case of an acute ischemia, the necessity for an 
emergency operation should be noted. 
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Yirmi bir yasinda erkek hasta acil klinigimize 2 giindiir devam eden kanli balgam, 
nefes darligi, halsizlik ve yorgunluk sikayetiyle basvurdu. Tim vital bulgulari nor- 
mal olmasina karsin parmak ucu oksijen saturasyonu %92 dlciildi. Laboratuvar 
tetkiklerinde hemograminda hemoglobin:8.85g/dL, hematocrit:28.7% olarak tes- 
pit edildi. PT ve aPTT normaldi. Romatolojik laboratuvar tetkikleri negatifti. Hafif 
kanli bronkoalveolar lavaj sivis! patoloji preparatlarinda “hemosiderin yuklii mak- 
rofajlar” gériildii ve idiyopatik pulmoner hemosiderosis (IPH) tanisi konuldu. Gast- 
roduedonoskopi isleminde duedonumda nodiilarite gértildii ve bu bolgeden biyop- 
siler alindi. Biyopsi sonucu ¢élyak hastaligi ile uyumlu duedonal mukoza vill6z at- 
rofisi” olarak rapor edildi. Lane-Hamilton sendromu tanisiyla olguya tedavide sa- 
dece glutensiz diyet onerildi. Alt ay takip sonrasinda olguda tam remisyon gelis- 
ti. Sonug olarak, ¢dlyak hastaligi ve IPH birlikteliginden dolayi, IPH’ye bagli alveo- 
ler hemorajilerde, tan! asamasinda uyanik olmamiz gerekmektedir. Lane-Hamilton 


sendromunda glutensiz diyet ile tam remisyon saglanabilmektedir. 
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Abstract 

A 21-year-old male patient presented to our emergency department with the 
complaints of bloody sputum, respiratory difficulty, lethargy, and fatigue per- 
sisting for the previous two days. Fingertip oxygen saturation was 92%, while 
other vital signs were normal. Bilateral ground-glass opacities were present at 
thoracic computerized tomography. Laboratory findings were hemoglobin:8.85g/ 
dL, hematocrit:28.7%. PT and aPTT values were normal. All rheumatologic labo- 
ratory tests were negative. Bronchoalveolar lavage was mildly hemorrhagic and 
“hemosiderin-laden macrophages” were observed in pathology specimens. The 
case diagnosed withidiopathic pulmonary hemosiderosis (IPH). Gastroduodenos- 
copy revealed nodularity in the duodenum, and mucosal biopsies taken from these 
duedonal regionswere reported as “villous atrophy in mucosal tissues in the duo- 
denum compatible with celiac disease”. The only recommended treatment was a 
gluten-free diet. At follow-up approximately 6 months later, complete remission 
was achieved. In conclusion, we should be aware, when seeing alveolar hemor- 
rhage related to IPH, that celiac disease can accompany IPH. The concurrence of 
IPH and celiac disease is known as Lane-Hamilton syndrome. Complete remission 
in Lane-Hamilton syndrome can be achieved with a gluten-free diet. 
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Introduction 

Idiopathic pulmonary hemosiderosis (IPH) is a disease of un- 
known cause that may lead to recurring alveolar hemorrhage. 
It isgenerally characterized by hemoptysis, iron deficiency ane- 
mia, and diffuse parenchymal infiltration in the lungs in child- 
hood. Definitive diagnosis of IPH is made with histopathological 
observation of hemosiderin-laden macrophages in pulmonary 
tissue specimens, sputum, or bronchoalveolar lavage BAL [1]. 
If untreated, IPH may lead to pulmonary fibrosis [2]. Celiac dis- 
ease (CD) is a malabsorption syndrome, also known as gluten 
enteropathy, proceeding with chronic diarrhea, weight loss, and 
findings of delayed growth and development. Inflammation and 
villous atrophy in the small intestine resulting from autoimmune 
enteropathy constitute the basic pathophysiology of the dis- 
ease in genetically predisposed individuals with the digestion of 
foods containing gluten [3]. Lane-Hamilton syndrome, first de- 
scribed in 1971, is a rare condition representing a combination 
of IPH and CD [4]. While IPH responds well to corticosteroids, a 
gluten-free diet can reduce the need for corticosteroids in the 
treatment of Lane-Hamilton syndrome [5]. 


Case Report 

A 21-year-old male patient presented to our emergency de- 
partment with the complaints of bloody sputum, respiratory 
difficulty, lethargy, and fatigue persisting for the previous two 
days. Physical examination revealed pale sclera and fine rales in 
the basal areas of both lungs. Fingertip oxygen saturation was 
92%, while other vital signs were normal. There was no specific 
disease or drug in his medical history. Bilateral ground-glass 
opacities were present at thoracic computerized tomography 
(CT) (Figure 1). 


Figure 1. Parenchymal thoracic CT section; hemorrhage-related bilateral ground 
glass appearance 


Laboratory findings were white blood cell:6.24K/uL, red 
blood cell:3.94 M/uL, hemoglobin: 8.85g/dL, hematocrit: 
28.7%, mean corpuscular volume: 72.8 fL, mean corpuscular 
hemoglobin:22.5pg, mean corpuscular hemoglobin concentra- 
tion:30.9 g/dL, platelet:355 K/uL, C-reactive protein:0.484 mg/ 
dL, sedimentation:18/hour, glucose:118mg/dL, urea:25 mg/dL, 
creatinine:0.66 mg/dL, rheumatoid factor<20 IU/mL, iron:12 
mg/dL, iron binding capacity:462 mg/dL, total iron binding ca- 
pacity:464 mg/dL, ferritin: 20.06 ng/ml, vitamin B12:161 pg/ 


mL, and folate:1.9 ng/ml.PT and aPTT were normal. The rheu- 
matologic workup, including all of the antinuclear antibodies, 
anti-double stranded antibodies, antineutrophil cytoplasmic an- 
tibodies, and anti-glomerular basement membrane antibodies 
were negative. 

Fiberoptic bronchoscopy revealed no endobronchial lesions. Bi- 
lateral BAL fluid was mildly hemorrhagic. BAL pathology was 
reported as “hemosiderin-laden macrophages. Therefore, IPH 
was diagnosed and we treated the patient with corticosteroid 
(methylprednisolone 1x120 mg) and tranexamic acid (250 mg, 
3x1) for five days. The hemoptysis resolved entirely on the third 
day of treatment and the respiratory symptoms improved dra- 
matically (fingertip oxygen saturation was 96%). The patient, 
who had hypochromic microcytic anemia, was consulted with 
the gastroenterology department on the fifth day of treatment. 
Tests to detect the presence of CD were positive: serum tissue 
transglutaminase IgA>200 RU/ml, anti-gliadin lgG 200.8 RU/ml, 
and anti-gliadin IgA >200 RU/ml. Gastroduodenoscopy revealed 
nodularity in the duodenum, and mucosal biopsies were taken 
from these duedonal regions (Figure 2A). The biopsies were re- 
ported as “villous atrophy in mucosal tissues in the duodenum 
compatible with celiac disease, focal intraepithelial lymphocyte 
increase, and crypt hyperplasia with accompanying inflamma- 
tory cell infiltration of plasma cells and eosinophils in the lami- 
na propria” (Figures 2B,C,D). CD was diagnosed and we treated 
the patient with a gluten-free diet. The ground-glass opacities 
in the pulmonary regions at control thoracic CT resolved in the 
first week of the treatment. There were no longer any pulmo- 
nary symptoms. We discharged the patient on the eighth day of 
treatment. The only treatment recommendation was a gluten- 
free diet. At follow-up approximately 6 months later, complete 
remission was achieved. Hemoglobin levels had returned to 
normal, and there was no recurrence of bloody sputum or other 
pulmonary symptoms. 


Figure 2. Endoscopic appearance of the duodenum. Appearance of the duodenal 
mucosa (scalloped feature)(A), Villous athrophy in the small intestine, increased 
intra-epithelial lymphocytes (hematoxylin-eosin staining) (B), Abundant inflam- 
matory cell infiltration from plasma cells and lymphocytes in the lamina propria 
(hematoxylin-eosin staining) (C), Increased intra-epithelial lymphocytes staining 
positive with CD3 (D). 


24 1 Journal of Clinical and Analytical Medicine 


IPH with Celiac Disease; Lane Hamilton Syndrome 


Discussion 

Diffuse alveolar hemorrhage (DAH) is a clinical condition involv- 
ing alveolar hemorrhage deriving from pulmonary microcircula- 
tion and alveolar injury. Several conditions involving immune 
and non-immune mechanisms can lead to DAH. IPH is rarely 
capable of causing DAH. IPH was first described, as ‘brown 
induration,’ by Virchow in 1864 [1]. The prevalence of IPH is 
estimated at 0.24-1.23/million and IPH is generally seen in 
adults under the age of 30 [6,7]. A combination of IPH and CD is 
known as Lane-Hamilton syndrome, the underlying pathogenic 
mechanism of which is unclear [4]. Parelman et al. implicated 
three mechanisms in the combination of IPH and CD. The first 
of these is the accumulation of immune complexes containing 
food allergens in the basal membranes of alveolar capillaries. 
The second is cross-relativity between alveolar basal mem- 
brane antigen and anti-reticulin antibodies, and the third is the 
potential involvement of adenovirus 12, a possible etiological 
agent in celiac disease, in IPH [8]. Studies have reported im- 
provements in pulmonary symptoms associated with IPH fol- 
lowing a gluten-free diet used in the treatment of CD [3,5]. In 
our case, 5-day corticosteroid therapy was administered for the 
treatment of IPH. After discharge the patient was prescribed a 
gluten-free diet as treatment. At 6-month follow-up there was 
no recurrence of either pulmonary or gastrointestinal system 
(GIS) symptoms with a gluten-free diet, and complete remission 
was achieved. 

In conclusion, we should be aware, when there isalveolar hem- 
orrhage related to IPH, that CD can accompany IPH with or 
without GIS symptoms. We need to further investigate whether 
patients with IPHhave GIS symptoms. It should be remembered 
that in Lane-Hamilton syndrome complete remission can be 
achieved with a gluten-free diet if the patient is pulmonary 
asymptomatic, and that corticosteroid therapy can thus be re- 
duced. To the best of our knowledge, there are few case reports 
about Lane-Hamilton syndrome in the literature. The present 
case report may point the way to future research about Lane- 
Hamilton syndrome. 
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Liken planus deri, deri ekleri ve mukozayi tutan benign, inflamatuar ve kasinti- 
li bir dermatozdur. Liken planus’un aktinik, anuler, atrofik, biilléz, hipertrofik, foli- 
kiler, lineer ve Ulseratif varyantlari vardir. Tirnak ve oral mukoza tutulumu da go- 
rulebilmektedir. Palmoplantar liken planus ise liken planusun nadir goriilen lokali- 
ze varyantidir. Palmoplantar bélgede stratum korneum daha kalin oldugundan kla- 
sik morumsu papiiller yerine sarimsi lezyonlar gértluir. Palmoplantar tip, klasik li- 
ken planusun tipik klinik morfolojisinden farklilik gésterdigi icin tanisal zorluk ya- 
ratmaktadir. Bu bolgedeki lezyonlar klasik klinik morfolojiye uymadigindan tanisi 
zordur ve kolaylikla baska hastaliklarla karisir. Burada izole palmoplantar tutulum 


gosteren bir liken planus olgusu sunmaktayiz. 
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Abstract 

Lichen planus is a benign, pruritic inflammatory dermatitis involving the skin, skin 
appendages and mucosa. Lichen planus have actinic, annular, atrophic, bullous, 
hypertrophic, follicular, linear and ulcerative variants. Nails and oral mucosa can 
also be involved. Palmoplantar lichen planus is a rare localized variant of lichen 
planus. Because stratum corneum is thicker in palmoplantar region, yellowish le- 
sions are seen instead of classic purplish papules. Because it is different from 
the clinical morphology of the classic form of the lichen planus, palmoplantar 
type cause problems in diagnosis. Palmoplantar lichen planus is an extremely rare 
disease that can be easily confused with numerous other diseases, it can be easily 
missed. We present a case of lichen planus with isolated palmoplantar involve- 


ment. 
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Introduction 

Lichen planus is a benign, pruritic inflammatory dermatitis in- 
volving the skin, skin appendages and mucosa. Characteristic 
clinical finding is polygonal violaceous papules. Lichen planus 
has actinic, annular, atrophic, bullous, hypertrophic, follicular, 
linear and ulcerative variants. Nails and oral mucosa can be 
also involved [1]. Palmoplantar lichen planus (PPLP) is a rare 
localized variant of lichen planus [1-4]. Because it is different 
from the clinical morphology of the classic form of lichen pla- 
nus, palmoplantar type cause problems in diagnosis [1,5]. This 
paper presents a clinically- and histopathologically-proven li- 
chen planus patient with isolated palmoplantar involvement. 


Case Report 

A 60-year old male patient was admitted with itchy lesions 
in the palms and soles for about three months. He was pre- 
viously treated with topical steroids and calcipotriol creams 
and moisturizers for palmoplantar psoriasis and palmoplantar 
keratoderma. Because the lesions in the soles but not those in 
the palms regressed, the patient was admitted to our clinic for 
further evaluation and treatment. 

Past medical history and family history of the patient revealed 
no remarkable abnormalities. There was no previous use of 
medicines before the lesions appeared. Physical examination 
also revealed no abnormalities. On dermatologic examination, 
numerous yellowish keratotic papules of 2-3 mm in diameter 
were seen in bilateral palmoplantar regions [Figure 1 and 2]. 


Figure 1. and Figure 2. Numerous yellowish keratotic papules of 2-3 mm in diam- 
eter were seen in bilateral palmar regions. 


There was no lesions in other parts of the body. Hair, mucous 
membrane and nail examination was normal. Complete blood 
count, biochemistry and urine analysis were normal. Hepatitis 
markers were negative. Punch biopsy was taken from the pal- 
mar region of the left hand. On light microscopic examination, 
marked hyperkeratosis, wedge-shaped hypergranulosis and ir- 
regular acantosis were detected in the epidermis. An irregu- 
larity in the form of “sawtooth appearance” was found in the 
rete ridges. Band-like lymphocytic infiltration covering the der- 
moepidermal junction in the superficial dermis was observed. 
Histopathological findings were reported to be suggestive of 
“lichen planus” [Figure 3]. 


Figure 3. Histological examination of the lesion revealed hyperkeratosis, hyper- 
granulosis, irregular acanthosis, irregularity in the form of “sawtooth appearance” 
was found in the ends of rete. Band-like lymphocytic infiltration in the superficial 
dermis (hematoxylin-eosin, original magnificationx 100). 


The diagnosis of lichen planus was made in light of existing 
clinical and histopathological findings. Patient was treated with 
32 mg/day oral methylprednisolone and topical clobetasol pro- 
pionate. After achieving marked regression of the lesions at 
the second week of the treatment oral steroid treatment was 
stopped in 1 month by gradually decreasing the dose. No recur- 
rence was observed during the follow-up period of 3 months. 


Discussion 

PPLP is a rare localized variant of lichen planus. Sanchez-Peres 
et al. have reported 26% palmoplantar involvement for lichen 
planus cases. It is more common in males than females with 
a peak age at third to fifth decades [5]. Because there are no 
other lesions in the body, diagnosis is difficult. 

Because stratum corneum is thicker in palmoplantar region, 
yellowish lesions are seen instead of classic purplish papules 
[6]. PPLP can present with hypertrophic, diffuse squamous, 
punctate keratotic, diffuse keratoderma, erosive, pigmentated 
macular, vesicular, keratotic plaque and umbilicated papular 
morphological types [1,7]. 

The differential diagnosis of PPLP includes eczema, psoriasis, 
palmoplantar keratoderma, verruca vulgaris, secondary syphilis, 
lichen nitidus, arsenic keratosis and porokeratosis [5,7]. 
Histopathological features of PPLP are similar those of other 
types of lichen planus; skin biopsy is very helpful for the diag- 
nosis [2]. In the present case, histopathological evaluation also 
supported the diagnosis of lichen planus. 
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The treatment options include topical and systemic steroids, 
acitretin, immunosuppressive agents (such as cyclosporine), 
PUVA, narrow band UVB, excimer laser and surgical methods 
[2,6]. Our case responded well to systemic and local steroid 
therapy. 


Conclusion 

In conclusion, because PPLP is an extremely rare disease that 
can be easily confused with numerous other diseases, it can be 
easily missed. Lichen planus should be kept in mind in the dif- 
ferential diagnosis of the diseases of palmoplantar region and 
histopathological examination should be performed in case of 
suspicion. 
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Nikotin Replasman Tedavisi (NRT), uzun yillardir sigara birakma tedavisinde ilk se- 
cenek olarak tercih edilmektedir. Nikotin replasman tedavisi, sigara icme istegini 
ve yoksunluk belirtilerini azaltir. NRT tedavisi sirasinda nadiren de olsa nikotin sa- 
kizina bagimlilik gelisebilir. Bu calismada 18 yildir nikotin sakiz bagimlisi olan ve 
tedavi icin sigara birakma poliklinigine basvuran ve bupropionla tedavi edilen bir 
olgu sunulmustur. Nadir goriilen nikotin sakiz bagimliligini tedavi etmede bupropi- 


onun da etkin bir segenek olduguna dikkat cekilmesi amaclanmistir. 
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Abstract 

Nicotine Replacement Therapy (NRT) has been the preferred first option in smok- 
ing cessation treatment for many years. NRT reduces both the desire to smoke 
and the withdrawal symptoms. Nicotine gum addiction may rarely develop during 
NRT. In this study, we present a case who became addicted to nicotine gum for 18 
years, was admitted to the smoking cessation polyclinic, and treated with bupro- 
pion. The aim of this case study is to highlight that bupropion is also an effective 


option to treat nicotine gum addiction, a rarely seen occurrence. 
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Introduction 

According to data from the World Health Organization (WHO), 
the prevalence of cigarette smoking among persons aged 15 
years and over was identified as 22% across the world. 6 mil- 
lion people die each year (1 person every 6 seconds) because of 
cigarette smoking or exposure to cigarette smoke [1]. 

Nicotine is the tobacco component that most contributes to 
the development of tobacco addiction. Nicotine acts by releas- 
ing various mediators in the body. These mediators include 
noradrenaline, acetylcholine, dopamine, 5-hydroxytryptamine, 
gamma aminobutyric acid, and endorphin [2]. 

Nicotine withdrawal syndrome is a group of symptoms that in- 
clude irritability, insomnia, anxiety, decrease in concentration, 
confusion, feeling of hunger, impotence, and depression [3]. 
All smokers become addicted to nicotine in a short time and 
need medical support to quit smoking [4]. Medications used for 
smoking cessation are nicotine replacement therapy, bupropion, 
and varenicline [2]. 

In this study, we present a case study of a patient who became 
addicted to nicotine gum for 18 years, was admitted to the 
smoking cessation polyclinic, and was treated with bupropion. 


Case Report 

A 53-year-old male patient was admitted to the smoking ces- 
sation polyclinic in our hospital to treat nicotine gum addiction. 
The patient had started using nicotine gum to quit smoking 18 
years previously and had become addicted to nicotine gum. He 
could not quit the gum use with his own efforts. He had been 
regularly using 6 pieces of 4 mg nicotine gum daily for 18 years. 
His physical examination and laboratory findings when admit- 
ted to the clinic were normal. A posteroanterior chest X-ray 
revealed bronchovascular markings. Bupropion was started at 
150 mg once daily in the morning for the first three days and 
then was increased to 150 mg twice daily in the morning and 
evening. He was asked to stop using nicotine gum one week 
after the treatment was started. In a follow-up call 15 days 
later, he reported having stopped using nicotine gum at the end 
of the first week and also reported no longer having any desire 
for it. Bupropion therapy was terminated after three months of 
follow-up. 


Discussion 

Tobacco addiction, one of the leading causes of preventable 
deaths in the world, is difficult to treat. Addiction treatment 
is difficult because both physical and psychological addictions 
develop; intensive withdrawal symptoms appear if tobacco is 
discontinued. Various treatment programs are applied to peo- 
ple in smoking cessation centers. In addition to counseling and 
psychological support, pharmacological treatment is also used 
effectively. Nicotine replacement therapy, bupropion, and var- 
enicline are the most effective and reliable agents among phar- 
macological medications. 

Nicotine Replacement Therapy (NRT) has been preferred as the 
first option in smoking cessation treatment for many years. NRT 
increases smoking cessation at two times the rate of a control 
group [3]. It significantly reduces the desire to smoke and the 
withdrawal symptoms by providing a slow, steady amount of 
nicotine to the blood stream [4]. There are more than 188 stud- 


ies and numerous meta-analytic studies on the subject in the 
literature. NRT preparations are transdermal patch, gum, nasal 
spray, sublingual tablet, and inhaler [2]. Nicotine gum has two 
forms, 2 mg and 4 mg. 2 mg is recommended for those who 
smoke <25 cigarettes/day and 4 mg is recommended for those 
who smoke =25 cigarettes/day. The total daily dose should not 
be over 24 pieces [2]. The most common side effects are irrita- 
tion in the mouth, jaw pain, dyspepsia, hiccup, and nausea. Nic- 
otine gum addiction may rarely develop during treatment [4]. 
Bupropion, which is an antidepressant acting through the dopa- 
minergic pathway in the central nervous system, has been used 
in the United States and many other countries for 20 years. In 
two large randomized prospective clinical studies it was shown 
to significantly reduce the desire to smoke and was approved 
for smoking cessation treatment [2]. It is the most commonly 
used safe and effective treatment medication, behind NRT, in 
smoking cessation treatment [5]. The mechanism of action of 
bupropion for smoking cessation is not exactly known [2,5]. 
However, the smoking cessation effect is independent of its an- 
tidepressant effect [5]. Bupropion reduces the desire to smoke 
and the withdrawal symptoms. It has a high smoking quit rate 
at the end of the first year of treatment compared to placebo. 
Bupropion 150 mg tablets are a sustained release (SR) tablet 
[5]. 150 mg of bupropion is taken daily for the first three days 
and then 300 mg of bupropion is taken daily. The duration of 
treatment is usually 6-12 weeks, but bupropion can be safely 
used for a longer period of time. 

In this paper we have described a rare case of nicotine gum ad- 
diction treated with bupropion. There are very few case reports 
in the literature on this subject. 

In the United States in 1988, it was reported that a patient 
became addicted to nicotine gum used to treat tobacco addic- 
tion. No side effects were observed in the patient who had used 
nicotine gum for 4 years and who had asthma. It was concluded 
that nicotine gum has a high potency for tobacco addiction and 
no significant side effects [6]. In our patient, although he had 
been regularly using 24 mg nicotine gum daily for 18 years, no 
significant side effects were observed. 

In Australia in June 2015, it was reported that a patient who 
had a 30-year history of high-dose nicotine gum use (up to 
200 mg nicotine) and who experienced excessive sweating was 
treated with a nicotine patch. He stopped using nicotine gum 
within one week and did not feel the urge to use nicotine gum 
during the 6-month follow-up period. His excessive sweating 
improved immediately after stopping the use of nicotine gum. 
It has been concluded that nicotine patches can be an effective 
treatment for long-term nicotine gum addiction [7]. 

In this study, we report that bupropion can also be an effective 
option to treat nicotine gum addiction. 
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Elli sekiz yasinda kadin hasta, sol kol ve omuz aris! ile klinigimize basvurdu. Yapi- 
lan tetkikleri sonucunda sol akciger iist lob apikal segmentte vertebra destriksi- 
yonuna yol acan kitle tespit edildi. Pancoast tiimért olarak opere edilen ancak int- 
raoperatif hidatik kist oldugu saptanan hasta, nadir géziikmesi ve endemik bélge- 
lerde kist hidatik tanisinin 6n tanilar arasinda akilda tutulmasi gerekliligini vurgu- 


lamak amaciyla sunuldu. 
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Abstract 

A fifty-eight-year-old female patient was referred to our clinic with left-sided arm 
and shoulder pain. Upon radiological investigation, a mass in the apical segment 
of the left upper lobe causing vertebra destruction was detected. The patient was 
operated on with a working diagnosis of a Pancoast tumor. However, during the 
operation the lesion was identified as a hydatid cyst. This case report aims to 
emphasize that, despite its rarity, hydatidosis should be included among the dif- 


ferential diagnosis of Pancoast tumors in endemic regions. 
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Introduction 

Hydatidosis is a zoonotic parasitic disease caused by Echino- 
coccus granulosus and characterized by cystic lesions. Hydatid 
disease is seen worldwide and is especially prevalent in devel- 
oping countries and in countries with widespread animal hus- 
bandry [1]. 

In adults, the liver (65-80%) and lungs (10-25%) are most of- 
ten involved, whereas other organs are less often afflicted [2]. 
Cases with hydatid cysts located in the chest wall are rarely 
encountered. The focus in this area can be soft tissue, sternum, 
or ribs. Involvement of vertebrae is even more infrequent [3]. 
Although hydatidosis is generally considered easy to diagnose 
and treat, cases with atypically located cysts can prove difficult. 
Such cases are often diagnosed during surgery [2,4,5]. We pres- 
ent our case for two reasons: Because vertebral destruction is 
extremely rare and because hydatid cysts should always be kept 
in mind to prevent accidental spilling, since the case was diag- 
nosed during surgery. 


Case Report 

A female patient age 58 was referred to the Thoracic Surgery 
outpatient clinic for arm and shoulder pain that had been grad- 
ually increasing for a year. Chest x-ray and computed tomog- 
raphy of the chest revealed a cystic mass lesion in the apical 
segment of the upper left lobe, with destruction of the second 
thoracic vertebra (Image 1). Since it was a nonhomogeneous 
lesion, differential diagnosis included malignancy, so a positron 
emission tomography (PET) scan was done and a maximum 
standardized uptake value of 5 was reported. The primary diag- 
nosis was Pancoast tumor. However, findings on the PET scan 
did not warrant any invasive staging. There was no invasion of 
the first rib, nor was there any invasion of the brachial plexus 
or nearby vascular structures. Therefore, magnetic resonance 
imaging of the chest was not requested. Diagnostic bronchos- 
copy was performed. Endobronchial lesions were not observed. 
Bronchoalveolar lavage was performed. In the pathology report, 
atypical cells were not reported. Because the primary diagnosis 
was a Pancoast tumor, a left thoracotomy was performed after 
preoperative evaluation and preparation. During the operation, 
exploration showed a lesion of cystic nature. The cyst contents 
were aspirated, yielding a clear fluid. It was thought to be a hy- 
datid cyst. Before cystotomy, hypertonic saline soaked sponges 
were placed around the cyst to protect the surgical field outside 
of the cyst from accidental spillage of cyst contents. With nec- 
essary precautions taken, the cystotomy was done, and we saw 
that there were numerous daughter vesicles, some of which had 
caused destruction of the second vertebral body (Image 2). Be- 
cause destruction of the vertebral body was not to the extent 
of destabilization, there was no need for further intervention. 
After obtaining hemostasis, the operation ended uneventfully. 
There were no postoperative complications, and the patient 
was discharged on day six. Pathological investigation of surgi- 
cal specimens confirmed Echinococcus granulosus infestation. 


Discussion 

Since the first renal hydatid cyst reported in 1702, hydatid 
disease has been known to involve various organs in the body 
[6]. Symptoms and signs vary according to the localization and 


Image 1. Computed tomography of the chest, showing mass lesion in the apical 
segment of left upper lobe, with destruction of second vertebra. 


“te 


Image 2. Intraoperative view of the mass lesion causing vertebra destruction, and 
removal of the germinal membrane. 


size of cysts. Small and peripherally located cysts tend to be 
asymptomatic. Hydatid disease in the thoracic region is usu- 
ally intraparenchymal. Extrapulmonary intrathoracic cysts may 
cause dysphagia or dyspnea due to mass effect on esophagus 
or trachea [2,4]. It may be difficult to diagnose atypically locat- 
ed complicated hydatid cysts. In these cases, the most frequent 
complaints are dyspnea and cough. Our patient was diagnosed 
as Pancoast tumor because of arm and shoulder pain. 

Review of the literature shows very few cases of hydatid dis- 
ease mimicking Pancoast tumor and causing bone destruction. 
These patients’ symptoms were similar to Pancoast tumor. Out- 
comes after surgical treatment are extremely favorable, as in 
our case. 

While bone involvement in hydatidosis is reported to be be- 
tween 0.9-2.0% intrathoracic extrapulmonary bone involvement 
is very rare [7]. In the presented case, there was invasion of the 
second vertebral body only, with no invasion of the first rib. 
The most important diagnostic imaging techniques are radiog- 
raphy, computed tomography, and magnetic resonance imag- 
ing. Further imaging studies such as positron emission tomog- 
raphy should be performed if malignancy cannot be ruled out. 
There are very few cases similar to ours that mimic Pancoast 
tumor [2, 8]. The case we have presented was thought to be a 
Pancoast tumor and operated on as such. During the operation, 
the mass was identified as extrapulmonary and of cystic nature. 
Therefore it was thought to be a hydatid cyst and a cystotomy 
was done. 

In conclusion, it should be remembered that, although lung 
hydatidosis is a benign pathology, it can imitate lung malig- 
nancies both clinically and radiologically. It should be included 
among the differential diagnosis of malignancy, especially in 
endemic regions. 
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Akut uterin inversiyon dogumun ticiincii evresinde nadir olarak gortilebilen bir obs- 
tetrik acildir. Uterin inversiyon sikligi 1200 -57000 ‘de bir dogum arasinda degis- 
mektedir. inversiyon durumunda kan kayb! ve sok gelisebilmesi nedeni ile mater- 
nal mortalite gelisebileceginden erken tani ve erken miidahale 6nemlidir. Tani kli- 
nik olarak koyulurken, uterin inversiyon gelistiginde heniiz en iyi yaklasim netlik 
kazanmamis olsa da cerrahi olmayan manuel manevralar ile cesitli cerrahi yakla- 
simlar uygulanmaktadir. Biz bu vakada multipar bir hastada normal dogum sonra- 
si 2. derece uterin inversiyon olup kanama ve atoni gelismesi Uzerine laparatomi 
ile uterusun normal hale getirilmesi olgusunu sunmay! amacladik. 26 yasinda mul- 
tipar (G3P2) hasta, 39. haftasinda diizenli sanci sikayeti ile acil servise basvur- 
mus ve yapilan vajinal muayenesinde posu mevcut ,4-5 cm %80 aciklik saptanma- 
si Uzerine dogumhaneye kabul edilmistir. Diizenli agrilar! olmasi sebebi ile spontan 
takip edilmistir. Dofum 5 saat icinde gerceklesmis ve 3060 gr saglikli kiz bebek 
dunyaya gelmistir. Plasenta cikmadan bir kez fundusa Crede manevrasi uygulan- 
mis ve 10 dakika icerisinde plasenta kendiliginden ayrilmistir. Plasenta ayrilmasini 
takiben asiri uterin kanama izlenmis , vajinal ekartor ile kanama kontrolii yapilir- 
ken miyoma uteri zannedilen , fakat uterin masajda fundusun hissedilmemesi tize- 
rine uterin inversiyondan siiphenilerek manuel olarak inversiyon diizeltilmeye cali- 
silmis fakat basarill olamayinca ve kanamanin fazla olmasi nedeni ile hasta ame- 
liyathaneye alinmis ve laparatomi yapilarak rediiksiyon saglanmistir. Histerekto- 
mi’ ye gerek kalmamistir. Hastanin genel durumunun iyi olmasi zerine 4 giin son- 
ra hasta sifa ile taburcu edilmistir. Uterin inversiyon uterin fundusun ters dénerek 
serviksten disari cikmasi durumudur. inversiyonu hazirlayici faktorler kesin olarak 
bilinmediginden 6ngérmek mumkiin olmamaktadir. Tani klinik olarak koyulurken, 
uterin inversiyon gelistiginde heniiz en iyi yaklasim net olmasa da cerrahi olmayan 
manuel manevralar , medikal tedavi ve cesitli cerrahi yaklasimlar uygulanmak- 
tadir. Ozetle, postpartum kanama nedeni ve bir obstetrik acil olan uterin inversi- 
yon nadir olarak goriilse de ,olustugunda erken tani konmasi ve k6tii prognoz olus- 
masini 6nlemede erken miidahale ve tedavi yaklasimlarini bilmek cok 6nemlidir. 
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Abstract 

Acute uterine inversion is an obstetric emergency that is a rare occurrence in the 
third stage of labour. The incidence of uterine inversion ranges from 1/1200 to 
1/57000 deliveries. Early recognition and appropriate intervention are important 
as it may cause maternal mortality due to loss of blood and shock. While making 
a clinical diagnosis, various surgical approaches along with nonsurgical manual 
maneuvers are performed even if the best approach is not determined at the 
time of uterine inversion. We aimed to report the case of there positioning of the 
uterus of a multiparous patient by laparotomy following postpartum hemorrhage 
and atony caused by second degree uterine inversion following a vaginal deliv- 
ery. A 26-year-old multiparous (G3P2) patient came to the emergency room with 
regular contractions in her 39 th week. She was hospitalized following examina- 
tion performed as membrane intact and 4-5 cm 80% dilation were determined. 
She was followed up regularly due to her regular pains. She gave birth to a healthy 
baby girl weighing 3060 grams in five hours. The Crede maneuver had been ex- 
ecuted once before the placenta came out, and placental separation took place 
within ten minutes. Following the placental separation, excessive uterine bleeding 
was observed. When performing bleeding control with a vaginal extractor, the 
patient was suspected of having myoma uteri. However, since the fundus could 
not be felt during the uterine massage and uterine inversion was thought to exist, 
manual repositioning of the uterus was performed without any success. The pa- 
tient was taken to the operating room due to excessive bleeding that was reduced 
following laparotomy. Hysterectomy was not needed. The patient was discharged 
after four days with good general health. Uterine inversion is the state in which 
the uterine fundus reverses and extends beyond the cervix. It is not possible to 
foresee inversion as the factors that trigger inversion are not fully known.When 
uterine inversion occurs, while making a clinical diagnosis, medical treatment and 
various surgical approaches along with nonsurgical manual maneuvers are per- 
formed even when the best approach is not determined at the time of uterine 
inversion.To sum up, though uterine inversion is a rare obstetric emergency that 
causes postpartum bleeding, early recognition and appropriate intervention are 
essential to prevent poor prognosis. 
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Acute Uterine Inversion 


Introduction 

Acute uterine inversion is an obstetric emergency that is a rare 
occurrence in the third stage of labour. Uterine inversion is de- 
scribed as the state in which the uterine fundus reverses and 
extends beyond the cervix. The incidence of uterine inversion 
ranges from1/1200 to 1/57000 deliveries [1-3]. Early recogni- 
tion and appropriate intervention are important as it may cause 
maternal mortality due to loss of blood and shock [4]. Symptoms 
are similar to those of tumoral mass or myoma uteri incases 
of first and second degree inversion [5]. When uterine inver- 
sion occurs, uterine reduction can be achieved with the help of 
various surgical approaches along with nonsurgical manual ma- 
neuvers even if the best approach is not known at the time of 
uterine inversion.We aimed to present the case of repositioning 
the uterus by laparatomy due to the development of a second 
degree uterine inversion, bleeding and atony in a multiparous 
patient following vaginal delivery, including the approach to the 
atony that developed and the description, etiology, risk factors, 
diagnosis and treatment of inversion. 


Case Report 

A 29-year-oldmultiparous (G3P2) patient came to the emergen- 
cy room with regular contractions in her 39 th week and was 
hospitalized following her examination as membrane intact and 
4-5 cm 80% dilation were determined. She had regular check- 
ups during pregnancy and did not have any illnesses. The stages 
of labour were followed as her fetal Non-Stress Test (NST) was 
reactive and she had regular contractions. Spontaneous rupture 
of the membrane occurred when the cervix was dilated to 7 cm. 
The delivery took five hours and she delivered a healthy baby 
girl weighing 3060 grams. Before the placenta came out, the 
Crede maneuver was executed once and placental separation 
took place within ten minutes. Following placental separation, 
excessive uterine bleeding was observed. When performing 
bleeding control with a vaginal extractor, no cervical os was 
monitored, yet there were masses resembling myoma uteri. 
However, since the fundus could not be felt during the uterine 
massage and uterine inversion was thought to exist, manual 
repositioning of the uterus was performed without any success. 
The patient was taken to the operating room due to excessive 
bleeding. The manual inversion was attempted again under 
general anesthesia, but it was an unsuccessful attempt. Lapa- 
rotomy had to be performed. When the abdomen was opened 
with a Pfannenstiel incision, uterine inversion was determined 
(Picture 1). Haultain technique was performed due to the con- 
traction ring, and the inversion was corrected. As atony and 
bleeding continued, the patient underwent an HB control (input 
Hb:11.2 hgb) with 6 hGb and was given a supportive treatment 
with 4 units of erythrocytes and 2 units of fresh frozen plasma 
replacement and uterotonic agents. As the bleeding continued 
after B- Lynch suture was applied to the uterus, bilateral hy- 
pogastric artery ligation was performed. Because the bleeding 
stopped without the need for a hysterectomy and atony was 
corrected, the abdomen was closed by placing a drain. The pa- 
tient was discharged after four days with good general health. 


Discussion 
Uterine inversion is the state in which the uterine fundus re- 


Picture 1. 


verses and extends beyond the cervix. Though it may occur dur- 
ing normal or cesarean delivery, approximately 5% of the inver- 
sions occur spontaneously and independently of puerperium [6]. 
Uterine inversion is classified according to the degree of inver- 
sion: 1st degree (the fundus is inside the endometrial cavity), 
2nd degree (the fundus protudes through the cervical os), 3rd 
degree (the fundus protudes to or beyond the introitus), 4th de- 
gree (both the uterus and vagina are inverted). Based upon the 
timing of inversion it is classified as acute (occurs within 24 
hours of birth), subacute (occurring after 24 hours but within 4 
weeks of birth) and chronic (occurs after 4 weeks) [7]. 

The ranges from 1/1200 
to1/57000 deliveries [1-3]. Its pathogenesis is unclear, but the 
most likely causes are strong traction of the umbilical cord, 
fetal macrosomia, short umbilical cord, congenital anomalies 
of the uterus, excessive fundal massage (Crede maneuver),and 
fundal placenta [8,9]. 

Diagnosis of uterine inversion is based on clinical signs and 
symptoms. Uterine inversion is suspected if the uterine fundus 
is observed in the vaginal introitus or when the fundus is pal- 
pated and there is excessive postpartum blood loss, or in the 
absence of uterine fundus during abdominal palpation. If the 
physical examination is not definitive and the patient is hemo- 
dynamically stable, radiographic imaging (ultrasonography and 
magnetic resonance) can be used in diagnosis [10]. 

If intervention does not occur soon after diagnosis , hypovole- 
mic shock may develop. After uterine inversion is diagnosed, to 
minimize blood loss and to avoid contraction rings uterine re- 
duction should be attempted with rapid pressure on the fundus 
from the vagina. This is known as the Johnson maneuver. If the 
Johnson maneuver fails, the patient should be taken under the 
care of the surgical and anesthesia team. Another experienced 
gynecologist and operating room staff should be called for help. 
Complete blood count and coagulation parameters should be 
studied while intravenous fluid is administered to the patient. 
Preparation of the blood products should be quickly performed. 
If uterine reduction fails even after uterine relaxants (nitroglyc- 
erine, terbutaline, magnesium sulphate and inhaler anesthetic 


incidence of uterine inversion 
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agents such as sevoflurane, desflurane, andisoflurane) are giv- 
en, surgical approach is performed [11,12]. Methods such as 
laparoscopic assisted reduction, vaginal surgical approach, re- 
duction using an obstetric vacuum, or hydrostatic reduction can 
be used, but asurgical approach with Huntington and Haultain 
techniques is applied most frequently [13,14,15]. The less in- 
vasive Huntington technique is recommended [7]. This method 
involves pulling bilateral ligaments by holding them with Al- 
lis clamps. Withdrawal is repeated when the other surgeon, if 
there is one, pushes through the vaginal route. Since this meth- 
od generally fails when there is a contraction ring,the other sur- 
gical method, Haultain technique is used. In this method, after 
an anterior or posterior incision is made in the contraction ring, 
reduction is achieved manually. First the incision is sutured. 
The same method performed vaginally has beendescribed by 
Spinelli but no significant success has been observed in acute 
inversion cases. Hysterectomy is performed if reduction cannot 
be achieved by any of these methods [14]. 

Though controversy exists about the time when the placenta 
should be removed if it fails to separate, it is commonly sug- 
gested that removal of the placenta after correction will result 
in decreased blood loss [16]. 

A single dose 1st generation cephalosporin antibiotic prophy- 
laxis is recommended to prevent the development of endome- 
tritis after reduction has been achieved. From uterotonic agents 
oxytoxin (20-40 units), misoprostol 800 micrograms intravagi- 
nally, dinoprostone 20 mg rectally, or methylergonovine 200 
micrograms should be administered intramuscularly in a maxi- 
mum of 4 doses to prevent atony development [1 7]. 

In conclusion, although uterine inversion is a rare obstetric 
emergency that causes postpartum bleeding, early recogni- 
tion and appropriate intervention are essential to prevent poor 
prognosis. 
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Lenfosel semptomatik olgularda etkili bir sekilde tedavi edilmelidir. Perkiitan as- 
pirasyon, perkiitan drenaj ve skleroterapi tedavi alternatifleridir. Konvansiyonel 
veya laparoskopik olarak intraperitoneal kaviteye internal drenaj cerrahi yonetim- 


de gerceklestirilebilir. Biz lenfoselin laparoskopik tedavisini tig olgu ile sunuyoruz. 
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Abstract 

Lymphoceles have to be treated efficiently when symptoms are present. Percuta- 
neous aspiration, percutaneous drainage, and sclerotherapy are therapeutic al- 
ternatives. Conventional or laparoscopic internal drainage surgical management 
can be performed to the intraperitoneal cavity. We present three cases of the 


laparoscopic treatment of lymphoceles. 
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Posttransplant Lymphoceles 


Introduction 

Following renal transplantation, there are usually no clinical 
signs of perirenal fluid accumulation; however, in some cases, 
low patient well-being or inadequate graft kidney function could 
be indicative of such fluid accumulation. Along with urinomas, 
lymphoceles are among the recurring causes of perirenal fluid 
accumulation [1, 2, 3]. A post-transplant lymphocele represents 
a perigraft fluid aggregation occurring after the renal bed or 
the graft has been prepared; it is not the reason for urinary 
leakage or haemorrhage. Micro or macro graft kidney decap- 
sulation leads to non-ligation between afferent lymphatic ves- 
sels and iliac vessels [4, 5]. Furthermore, lymphoceles may be 
triggered by the administration of powerful diuretics following 
a kidney transplant, increasinglymphatic flow [6, 7]. When con- 
sidering causes of allograft lymph flow intensification, another 
aspect that should be taken into account is graft rejection. The 
majority of lymphoceles are symptomless and do not need to be 
treated. In these cases, given the parameters of renal function 
and its clinical course, appropriate administration is frequently 
a comprehensive follow-up. When symptoms do arise, an effec- 
tive approach must be applied to treat the lymphoceles. Among 
the available approaches are percutaneous aspiration, percu- 
taneous drainage, and sclerotherapy. A surgical procedure on 
the intraperitoneal cavity usually involves traditional or laparo- 
scopic inner drainage. We have presented three cases of lapa- 
roscopic treatment of lymphoceles. 


Case Report 

Case 1 

The first case is of a 25-year-old male patient with complaints 
of pressure within the right inguinal region. A successful open 
renal transplantation had been performed eight months earlier. 
The patient’s urinary outflow decreased and his creatinine lev- 
els increased. After diagnostic procedures were performed it 
was deduced that a 120x64x31 mm lymphocele was present 
from the anterior of the right kidney to the bladder.(Picture 1). 


Figure 1. Preoperative ultrasound and computed tomography of lymphocele (Case 
1). 


Case 2 

The second case is of a 31-year-old female upon whom a 
successful open renal transplantion had been performed five 
months earlier. After proper radiological diagnosis the presence 
of a 112x27x27mm lymphocele, inferior to the kidney and ante- 
rior to the bladder, was discovered (Picture 2). 


Case 3 

A 39-year-old female had undergone open renal transplanta- 
tion one month earlier. In the patient’s clinical and radiological 
examinations, a 220x140x42 cm lymphocele was detected. 


Figure 2. Lymphocele around the bladder and appearance of pigtail catheter (Case 
2); 


Surgical Treatment 

Patients with a history of a previous failed percutaneous aspi- 
ration laparoscopic approach were managed with general anes- 
thesia and the standard single dose of prophylactic antibiotics. 
The pneumoperitoneum was made by a Veress needle inserted 
in an infraumbilical location. The first trocar (10-mm) was in- 
serted in the infraumbilical location followed by a second trocar 
(5-mm) along the anterior axillary line near the costal margin 
on the ipsilateral side and a third trocar (5-mm) was inserted 
in the midline, low in the hypogastrium. With the help of elec- 
trocautery and scissors, a peritoneal opening in the lymphocele 
wall was created, followed by removal of the lymphatic fluid. A 
pedicle of omentum in the lymphocele core was interfered with. 
The final step was a thorough examination of haemostasis at 
the lymphocele entry lines and the peritoneum (Picture 3). 


Transplanted Kidney 


a 


Figure 3. Surgical images. (A) Lymphocele and transplant kidney (B) Fenestration 
of lymphocele wall with scissors (C) Aspiration of the contents of lymphocele (D) 
Omental patch 


Results 

The entire procedures were each completed in three-quarters of 
an hour. No patient lost more than 100 ml of blood and no other 
problems were encountered. Likewise, no intraoperative com- 
plications occurred and patients recovered well after surgery. 
All patients’ postoperative courses were uncomplicated. There 
were no disruptions to immunosuppression; oral administration 
commenced on the day of surgery. Post-operatively, the func- 
tion of the graft remained constant and normalisation of serum 
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creatinine was seen.There was no graft rejection. The patients 
were discharged without any problems 2-5 days after their op- 
erations. Continuous follow-ups utilizing ultrasonography and 
computed tomography detected no recurrence of lymphoceles. 


Discussion 

Previous studies have reported different frequencies of post- 
transplant lymphoceles within the 0.6-20.0 % range [8, 9]. 
Symptoms that suggest lymphoceles are pain in the area of the 
pelvis or abdomen, caused by a pelvic mass that can be seen or 
palpated. Other side effects include, outcomes of venous or ure- 
teral pressure, such as one-sided leg oedema and leg torment, 
hydronephrosis with resulting insufficiency of renal capacity, 
and profound vein thrombosis [10]. Fever and leucocytosis are 
indicative of infectious complications of lymphatic fluid accu- 
mulation. Ultrasound and occasionally computed tomography 
are used in the preoperative diagnosis of lymphoceles [11]. To 
prevent urinoma and superinfection it is advisable to under- 
take percutaneous aspiration or drainage and microbiological 
sample analysis prior to internal drainage. Patients without 
any symptoms are not usually given any treatment. Types of 
treatments for symptomatic lymphoceles include recurrent per- 
cutaneous aspiration of lymphatic fluid [4, 12], percutaneous 
drainage [13], sclerosing substance administration [12, 14], and 
surgical internal drainage into the peritoneal cavity. 

Infected lymphoceles should never be drained into the abdomi- 
nal cavity because of potentially mortal consequences for the 
immunosuppressed patient. Percutaneous aspiration or drain- 
age, and sclerotherapy do have acceptable success rates of 
80-90%, and are easy to perform. Nevertheless, after this 
treatment, incomplete resolution and high recurrence rates of 
up to 80% are reported. Furthermore, there is risk of haemor- 
rhage and infection, principally after recurrent punctures or in- 
sertion of a drainage tube. An especially long duration of drain- 
age therapy over several weeks is an exceptional disadvantage. 
Parra et al. [13] noted that a success rate of about 73% still 
came with a 26% risk of infection. 

Scleropathy can create complications for sequential surgical 
procedures, and, as a result, the graft kidney or nearby struc- 
tures may be damaged [2-4, 11, 12, 15]. High repetition rates, 
infection rate, and treatment duration are all factors that should 
be taken into consideration. The best treatment in the case of 
recurring lymphatic fluid drainage into the peritoneal cavity is 
open surgical internal drainage. The operation was first outlined 
in 1966 by Byron et al. [16], but the operation has limitations 
in that it must be performed under general anaesthetic, causes 
surgical trauma, and patients need a long time to recover. In 
1991, McCullough et al.[17] pioneered the laparoscopic surgical 
approach for treatment of lymphoceles after the introduction of 
laparoscopic surgery. Four years later, in 1995, the significance 
of this type of surgery was advocated by Gill et al. [18]. Its ad- 
vantages include reduced haemorrhage, a reduced need for an- 
algesics, earlier food ingestion post-operatively , and a shorter 
duration of recovery. In 1997, Fornara et al. [19] reported that 
when eight cases were compared, open surgery, lasted 115 
minutes on average, while laparoscopic surgery was completed 
in an average of 42 minutes. Based on extensive experience, 
successful outcome rates and the short operating time of lapa- 


roscopic surgery are critical advantages in favor of the lapa- 
roscopic procedure over open surgery. In 2009, Ilwan-Zietek et 
al. [20] embraced an outline which distinctly showed data that 
advocated for the preference of surgical, especially laparoscop- 
ic, management of posttransplant lymphoceles. The authors 
reported that percutaneous drainage should be attempted first 
to cure a lymphocele, but reported that; laparoscopic fenestra- 
tion is a safe and practicable technique that should be used 
after unsuccessful and inefficient percutaneous drainage [20]. 
The three cases in this report show the definite benefit of surgi- 
cal treatment because there were no recurrences. Based on the 
findings of earlier studies, laparoscopic surgery was decided to 
be the best approach for treating lymphoceles. 


Conclusion 

Based on studies in the literature and the cases in our report, 
laparoscopic fenestration is a method with short operating 
times, low infection rates, less blood loss, and decreased post- 
operative pain.lt has especially been found to be a successful, 
uncomplicated, established, and effective solution to complica- 
tions of percutaneous drainage and needle aspirated lympho- 
celes. 


Competing interests 
The authors declare that they have no competing interests. 


References 

1. Braun WE, Banowsky LH, Straffon RA, Nakamoto S, Kiser WS, Popowniak KL et 
al. Lymphocytes associated with renal transplantation. Report of 15 cases and 
review of the literature. Am J) Med 1974; 57: 714-29. 

2. Burgos FJ, Teruel JL, Mayayo T, Lovaco F, Berenguer A, Orte L et al. Diagnosis 
and management of lymphoceles after renal transplantation. Br Journal of Urol 
1988; 61: 289-93. 

3. Howard RJ, Simmons RL, Najarian JS. Prevention of Imymphoceles following 
renal transplantation. Ann Surg 1976; 184: 166-8. 

4. Schweizer RT, Cho SI, Kountz SL, Belzer FO. Lymphoceles following renal trans- 
plantation. Arch Surg 1972; 104: 42-5. 

5. Koene RA, Skotnicki SH, Debruyne FM. Spontaneous renal decapsulation with 
excessive fluid leakage after transplantation. N Engl ) Med 1979; 300: 1030-1. 

6. Szwed J), Maxwell D, Kleit SA, Hamburger RJ. Angiotensin 1 diuretics and tho- 
racic duct lymph flow in the dog. Am ) Physiol 1973; 224: 705-8. 

7. Pedersen DC, Morris B. The role of the lymphatic system in the rejection of ho- 
mografts: a study of lymph from renal transplants. J Exp Med 1970; 131: 936-69. 
8. Hamza A, Fischer K, Koch E, Wicht A, Zacharias M, Loertzer H et al. Diagnostics 
and therapy of lymphoceles after kidney transplantation. Transplant Proc 2006; 
38: 701-6. 

9. Zietek Z, Sulikowski T, Tejchman K, Sienko J, Janeczek M, Iwan-Zietek |, et al. 
Lymphocele after kidney transplantation. Transplant Proc 2007; 39: 2744-7. 

10. Ulrich F, Niedzwiecki S, Fikatas P, Nebrig M, Schmidt SC, Kohler S et al. Symp- 
omatic lymphoceles after kidney transplantation multivariate analysis of risk 
factors and outcome after laparoscopic fenestration. Clin Transplant 2010; 24: 
273-80. 

11. Greenberg BM, Perloff LJ, Grossman RA, Naji A, Barker CF. Treatment of lym- 
phoceles in renal allograft recipients. Arch Surg 1985; 120: 501-4. 

12. Gilliland JD, Spies JB, Brown SB, Yrizarry JM, Greenwood LH. Lymphoceles: 
percutaneous treatment with povidone - iodine sclerosis. Radiology 1989; 171: 
227-9. 

13. Parra RO, Jones JP, Hagood PG. Laparoscopic intraperitoneal marsupializa- 
ion: report on a new treatment for lymphoceles. Surg Laparosc Endosc 1992; 
2: 306-11. 

14. Pope AJ, Ormiston MC, Bogod DG. Sclerotherapy in the treatment of a recur- 
rent lymhocele. Postgrad Med 1982; 58: 573-4. 

15. Braun WE, Banowsky LH, Straffon RA, Nakamoto S, Kiser WS, Popowniak KL 
et al. Lymphoceles associated with renal transplantation. report of 15 cases and 
review of the literatures. Am J Med 1974; 57: 714-29. 

16. Byron RL Jr, Yonemoto RH, Davajan V, Townsend D, Bashore R, Morton DG. 
Lymphocysts: surgical correction and prevention. Am J Obstet Gynecol 1966; 94: 
203-7. 

17. McCullough CS, Soper NJ, Clayman RV, So SS, Jendrisak MD, Hanto DW. Lapa- 
roscopic drainage of a post-transplant lymphocele. Transplantation 1991; 51: 
725-7. 

18. Gill IS, Hodge EE, Munch LC, Goldfarb DA, Novick AC, Lucas BA. Transperi- 


40 | Journal of Clinical and Analytical Medicine 


Posttransplant Lymphoceles 


oneal marsupialization of lymphoceles: a comparison of laparoscopicand open 
echniques. J Urol 1995; 153: 706-11. 

19. Fornara P, Doehn C, Fricke L, Hoyer J, Jocham D. Laparoscopy in renal trans- 
plant patients. Urology 1997; 49: 521-7. 

20- Iwan-Zietek |, Zietek Z, Sulikowski T, Nowacki M, Zair L, Romanowski M et al. 
Minimally invasive methods for the treatment of lymphocele after kidney trans- 
plantation. Transplant Proc 2009; 41: 3073-3076. 


How to cite this article: 
Yenice MG, Seker KG, Akbay FG, Sahin S, Tugcu V. Laparoscopic Fenestra- 
ion of Posttransplant Lymphoceles: A Report of Three Cases. J Clin Anal Med 
2017;8(suppl 1): 38-41. 


Journal of Clinical and Analytical Medicine | 41 


Anomalous Origin And Inter-Arterial Course 
of the Right Coronary Artery: A Case Series 


Anormal Orjinli ve interarteryal Seyir 
Gésteren Sag Koroner Arter: Olgu Serisi 


Anomalous Right Coronary Artery Series 


Hatice Kaplanoglu', Osman Beton?, Tolgahan Efe?, Serra Ozbal Giines', Baki Hekimoglu' 

'Department of Radiology, Diskapi Yildirim Beyazit Research and Training Hospital, Ankara, 
?Cumhuriyet University, Faculty of Medicine, Department of Cardiology, Heart Center Hospital, Sivas, 
3Department of Cardiology, Diskapi Yildirim Beyazit Research and Training Hospital, Ankara, Turkiye 


6z 

Radyoloji klinigimizde, Kasim 2014 ve mayis 2016 tarihleri arasinda gogiis ag- 
risini, koroner revasktilarizasyon prosediirtinden sonra koroner arteri ve olasi ko- 
roner arter anomalilerini degerlendirmek icin amaciyla refere edilen 1200 hasta- 
ya CKBT yapildi. BT anjiyografi yapilan hastalar arasindan koroner anomalisi olan 
hastalar degerlendirildi. Toplam x sayida hastada koroner anomali oldugu g6z- 
lendi. Bu hastalarin altisinda (erkek:3, kadin:3) anormal orjinli RCA saptandi. Olgu- 
larin 6zgecgmisinde anormal cikisli RCA kaynakli MI veya iskemi nedenli hastane- 
ye basvuru yoktu. Tim hastalarin ekokardiyografileri dogaldi. CKBT’ de sol koro- 
ner arter orjinine yakin fakat ayri olarak, sol siniis valsalvadan orjin alan sag koro- 
ner arter izlendi (resim 1). Tum hastalarda RCA nin proksimal kesimi, aorta ve pul- 
moner arter arasinda interarteryal seyir gostermekteydi (resim 2). CKBT’ de anor- 
mal orjinli RCA’ da perkiitan koroner girisim gerektirecek anlamli stenoz saptan- 
madi. Olgularin tamam! medikal olarak tedavi edildi ve yaklasik yirmi dort aylik iz- 


lem sonrasinda, k6tii kardiyak bir olay gortilmedi. 
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Abstract 

In our radiology clinic, between November 2014 and May 2016, we obtained 
MSCT from a total of 1,200 patients who had presented with chest pain, and who 
had undergone coronary revascularization procedures, in order to evaluate coro- 
nary arteries and possible coronary artery anomalies. Among the patients who 
had computed tomography (CT) angiography, the patients with coronary anoma- 
lies were evaluated. In total, 10 patients with coronary anomalies were included. 
An anomalous origin of the RCA was detected in six of these patients (3 males 
and 3 females). None of the patients was admitted to hospital for myocardial 
infarction (MI) or ischemia caused by an anomalous origin of the RCA. The ECG 
findings of all patients were normal. Close to the origin of the left coronary artery, 
but separately, a right coronary artery originating from the left sinus of Valsalva 
was observed in the MSCT (Figure 1). The proximal part of the RCA had an inter- 
arterial course between the aorta and pulmonary artery in all patients (Figure 2). 
No significant stenosis in an anomalous origin of the RCA requiring percutaneous 
coronary intervention was detected in the MSCT. All patients were treated medi- 
cally and no unfavorable cardiac event was observed during approximately two 
years of follow-up. 
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Anomalous Right Coronary Artery Series 


Introduction 

A right coronary artery (RCA) originating from the left sinus of 
Valsalva is a rare congenital anomaly that accounts for 0.1% of 
patients undergoing angiography. There is an abnormal inter- 
arterial course in 99% of the patients with an anomalous ori- 
gin of the RCA. An anomalous origin of the RCA can be benign 
and asymptomatic, but it can also be highly risky due to its 
anatomical characteristics [1]. Its clinical manifestations are 
quite variable and can be associated with sudden cardiac death, 
myocardial ischemia, and syncope [2]. The development of elec- 
trocardiography (ECG) gated multi-slice computed tomography 
(MSCT) enables detection of coronary anomalies definitively 
and in a non-invasive manner [3]. Herein, we present six RCA 
cases with left sinus of Valsalva origin and inter-arterial course 
in the light of the literature. 


Case Report 1 

A 72-year-old female patient presented with complaints of 
atypical chest pain and hypertension. Her medical history re- 
vealed hypertension and stent placement in the proximal part 
of the left circumflex (LCx) artery 20 years previously. Hypercho- 
lesterolemia was detected in the laboratory examination. The 
ECG findings were normal. Echocardiography (ECHO) showed 
segmental wall disturbance in the left ventricle and dilatations 
of the left atrium and left ventricle. In the MSCT, the right coro- 
nary artery originated from the left sinus of Valsalva and its 
proximal 2 cm segment with a thin calibration had a course 
between the pulmonary artery and the aorta. In the middle part 
of the left anterior descending (LAD) artery, there were mixed 
plaques causing moderate stenosis in the lumen. The patient 
was prescribed hypertensive and anti-hyperlipidemic drugs. She 
was followed at six-month intervals for 24 months, and no isch- 
emic symptom was observed. 


Case Report 2 

A 26-year-old male patient was admitted to our cardiology out- 
patient clinic with a complaint of palpitation. On admission his 
heart rate was high and irregular, ranging between 90 and 120 
bpm. There was no history of smoking, alcohol use, or comor- 
bidity in his medical history. His laboratory test results were 
normal. Tachycardia was seen on the ECG and ectopic beats 
were noted. In the MSCT, the right coronary artery with a nor- 
mal calibration originated with an acute angle from the left si- 
nus of Valsalva and had a course between the pulmonary artery 
and aorta. No atherosclerotic plaques causing stenosis in the 
vessels were detected. Medical treatment was initiated, and he 
is still under follow-up. 


Case Report 3 

A 50-year-old female patient presented with complaints of 
dyspnea and chest pain. Her medical history revealed diabe- 
tes. Her laboratory analysis showed that the blood glucose was 
regulated and she had dyslipidemia. There was sinus rhythm 
on the ECG. The ECHO findings were normal. In the MSCT, the 
right coronary artery originated from the left sinus of Valsalva 
and its proximal 3 cm segment with a thin calibration had a 
course between the pulmonary artery and aorta. There were 
soft plaques that did not cause significant stenosis in the lumen 


of the LAD and LCx arteries. Medical treatment was initiated 
and she is still under follow-up. 


Case Report 4 

A 75-year-old female patient presented with complaints of 
dyspnea, fatigue, and atypical chest pain. Her medical history 
revealed hypertension and her coronary angiography showed 
non-critical stenosis. There was sinus rhythm on the ECG. The 
ECHO showed left ventricle hypertrophy and degenerative aorta 
stenosis. In the MSCT, the right coronary artery originated from 
the left sinus of Valsalva and its proximal 1.5 cm segment with a 
thin calibration had a course between the pulmonary artery and 
aorta. Also, there were multi-segmental mixed plaques causing 
mild-to-moderate stenoses along the lumen of the RCA. Medi- 
cal treatment was initiated and she was followed at six-month 


Figure 1. The right coronary artery origination from the left sinus of Valsalva was 
observed. 


Figure 2. The proximal part of the RCA has an inter-arterial course between the 
aorta and pulmonary artery. 
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intervals. During 16-months of follow-up, no ischemic symptom 
was observed. 


Case Report 5 

A 65-year-old male patient presented with complaints of palpi- 
tation and dyspnea while climbing stairs. There were coronary 
heart disease and dyslipidemia in his medical history. The ECG 
and ECHO findings were normal. In the MSCT, the right coronary 
artery originated from the left sinus of Valsalva and its proximal 
2 cm segment with a thin calibration had a course between the 
pulmonary artery and aorta. A stent was seen extending from 
the proximal origin of the RCA to 5 cm distally with a patent 
lumen. Also, there were stents in the distal parts of the LCx 
and LAD arteries with patent lumens. Medical treatment was 
initiated and he was followed at six-month intervals. During the 
21-month follow-up, no ischemic symptom was observed. 


Case Report 6 

A 51-year-old male patient presented with complaint of pal- 
pitation and dyspnea during long distance walking. His medi- 
cal history revealed diabetes. There was sinus rhythm on the 
ECG. The ECHO showed Grade 1 diastolic dysfunction. In the 
MSCT, an aberrant right coronary artery originated from the 
left sinus of Valsalva with an acute angle and its proximal 2.5 
cm segment with a thin calibration had a course between the 
pulmonary artery and aorta. No atherosclerotic plaques causing 
significant stenosis within the lumens of coronary arteries were 
detected. Medical treatment was initiated and he was followed 
at six-month intervals. During 21 months of -month follow-up, 
no ischemic symptom was observed. 


Discussion 

Abnormal coronary arteries are rare and their clinical results 
may range from asymptomatic to sudden cardiac death [1]. The 
incidence of abnormal right coronary arteries in coronary an- 
giography studies ranges from 0.06 to 0.5% [4]. In addition to 
this, the incidence of an anomalous origin of the RCA has been 
reported to be 0.92% in the overall population and is higher 
than the incidence of left main coronary artery origin [5]. 

The coronary artery with an anomalous origin may have an in- 
ter-arterial, retro-aortic, pre-pulmonic, or septal (sub-pulmonic) 
course. However, the most frequent course is inter-arterial [3]. 
The incidence of sudden death in patients with an inter-arterial 
course is 25-40%; half of the reported cases are associated 
with exercise [3]. In the literature, various anomalous origins of 
the RCA have been reported including the descending thoracic 
aorta, left main artery (LMA), LCx, from left sinus of Valsalva or 
above, from the pulmonary artery, or below the aortic valve [4]. 
Following its abnormal origin, the RCA lies in the anterior, pos- 
terior, or at the base of the heart between the great arteries. 
The course at the base of the heart between the great arteries 
is known as malignant type anomaly due to the risk of extrinsic 
compression and sudden death [4]. 

If coronary anomaly causes a complaint, the symptoms com- 
monly occur before the age of 30 and its occurrence is strongly 
correlated with exercise [6]. The clinical manifestations can 
vary from angina, acute myocardial infarction, syncope, and 
heart failure to sudden death. Inter-arterial course of aber- 


rant coronary arteries is a risk factor for sudden death [2]. In 
the anomalies without an inter-arterial course, sudden cardiac 
death results from the narrowed orifice or emergence of aber- 
rant coronary artery with an acute angle [7]. 

The cardiac symptoms may be caused by pinching between the 
aorta and pulmonary artery or increased cardiac output during 
exercise [6]. A dilated aortic root or the compression of cor- 
onary artery lumen between the aorta and pulmonary artery 
restricts blood flow. Sudden arrhythmias such as paroxysmal 
supraventricular tachycardia are caused by these hemodynamic 
changes [6]. The intussusception of the origin part of the RCA 
into the aortic wall is described as the intramural part and it 
may be compressed by the dilated aorta during increased car- 
diac output [2]. The presence of abnormal slit-like ostium in 
the aortic wall and emergence of the RCA with an acute angle 
may restrict coronary blood flow [2]. The emergence of aberrant 
coronary artery with an acute angle from the aorta and a tortu- 
ous course of its proximal part accelerate atherosclerosis [2]. 
Most of the anomalous origins of the RCA are detected inci- 
dentally. Clinical presentation and disease course may substan- 
tially vary among asymptomatic patients. Clinical outcomes are 
usually benign, and the incidence of sudden death associated 
with coronary anomalies among these patients is very low. Con- 
servative treatment is ideal particularly for those who do not 
have an inter-arterial course [4]. In young patients (<35 years) 
and for patients who have angina symptoms and ischemia dur- 
ing an exercise stress test, percutaneous coronary interven- 
tion (PCI) or surgical treatment is usually considered. Surgery 
is not needed in elderly patients without angina symptoms or 
ischemic findings [5]. Excellent results have been obtained with 
medical treatment in these patients in the long-term, and no 
cardiac ischemia was reported [8]. 

Treatment options include medical treatment in conjunction 
with restriction of high-force physical exercise, placement 
of a stent into the compressed vessel, or surgical treatment. 
Although medical treatment is effective and less invasive, 
high-force physical exercise should be avoided, since there is 
a potential risk for sudden cardiac death [8]. Suggested sur- 
gical treatment options are unroofing the coronary artery, re- 
implantation of the coronary ostium, and coronary artery by- 
pass grafting [7]. In the presence of an intramural segment in 
the abnormal coronary artery, the intramural segment of the 
coronary artery is dissected and re-implanted into the correct 
sinus of Valsalva. Unroofing is a technically established and 
safe approach to correct the anomaly [8]. It can be also applied 
to abnormal arteries with slit-like ostium and a supracommis- 
sural intramural course. Vessel translocation or re-implantation 
is recommended as a treatment option in patients without 
an intramural segment [8]. The literature review showed that 
coronary artery bypass grafting would be the most appropriate 
choice of treatment in patients older than 60 years old in whom 
concomitant atherosclerotic stenosis is detected in the RCA, as 
assessed by angiography [8]. 


Conclusion 

Coronary CT angiography is complementary to coronary angi- 
ography. The signs of various coronary arterial anomalies on 
CT and an under-standing of the clinical importance of these 
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anomalies are es-sential for an accurate diagnosis and for 
treatment planning for the patient. 
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intrakavernézal enjeksiyon sonrasi agri, ekimoz, priapism disinda, nadir olarak pe- 
nis icerisinde igne kirilmasi gibi yan etkiler de goriilebilmektedir. 63 yasinda_int- 
rakavernézal enjeksiyon sirasinda enjeksiyon ignesi penis icinde kirilmis olan has- 
taya go6rtintiileme yontemleri sonrasi cerrahi miidahele yapilarak igne penisden 
disari_ cikarilmistir, intrakavernézal enjeksiyon tedavisi erektil disfonksiyon teda- 
visinde etkili ve basarili bir sekilde uygulanabilir bir yontemdir. Bu tedaviye bas- 
lanmadan once hastaya tedavinin uygulama sekli ve penis icginde igne kirilmasi da- 


hil olabilecek tim yan etkiler ayrintili olarak anlatilmalidir. 
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Abstract 

After intracavernosal injection, side effects such as pain, ecchymosis, priapism, 
and a very rare complication like needle breakage inside the penis can be ob- 
served. We present a case with surgical removal of needle breakage inside the 
penis. Our case was a 63-year-old patient, who suffered breakage of the needle 
inside his penis during intracavernosal injection and after screening methods, 
received surgical intervention to remove the needle. Intracavernosal injection 
therapy is a method that can be used effectively and successfully in the treat- 
ment of erectile dysfunction. Before performing this therapy, the patient should 
be informed in detail about the implementation of the therapy and all possible 


side effects including breakage of the needle inside the penis. 
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Introduction 

The intracavernosal injection method that is used in the treat- 
ment of erectile dysfunction was defined in 1982. It is a second 
line treatment method that is used in patients who do not ben- 
efit from oral phosphodiesterase 5 enzyme inhibitors (PDE5i) 
and it provides satisfactory results in sexual functions [1, 2]. 
However, there are some local and systemic complications as- 
sociated with intracavernosal injection. Early complications are 
pain, ecchymosis, priapism, and syncope and the most frequent 
late complications are cavernosal fibrosis with a rate of 1.9- 
16% [3, 4]. In this article, we aimed to present a surgical re- 
moval of needle breakage inside the penis that rarely occurs 
during intracavernosal injection. 


Case Report 

The 63- year- old male patient, who was known to have Type 2 
diabetes mellitus for about 10 years, was given a PDESi therapy 
with a diagnosis of erectile dysfunction. However, it failed, and 
intracavernosal injection therapy was recommended to the pa- 
tient as a second line therapy. A 28 -gauge insulin injector was 
broken while the patient was applying a papaverine injection to 
the right corpus cavernosum and he was immediately admitted 
to the emergency room. Deep palpation of the penis revealed 
stiffness in the right lateral side of the penis. In the right half of 
the penis, hyperemia on a small area consistent with the needle 
insertion was observed; no open wound or needle tip in the skin 
of the penis was observed (Picture- 1a). In the laboratory ex- 
aminations, no pathology except high blood glucose levels was 
detected, and no hematuria was observed in the urine. Opacity 
associated with the needle inside the penis was observed in the 
X-ray imaging (Picture- 1b), while a linear hyperechogenicity of 
8.5 mm in diameter, extending the right tunical tissue under the 
skin, was observed in the penile Doppler ultrasound. Penile ex- 
ploration was planned for the patient. After degloving the penis, 
the needle located in the region of the right tunica albuginea 
was removed with the help of needle forceps (Pictures- 1c, 1d). 
No complication developed during intraoperative and postop- 
erative period follow-ups. After receiving detailed information 
and practice regarding intracavernosal injection, he has contin- 
ued his erectile dysfunction treatment. 


Discussion 

While PDE5i therapies remain popular today as a first line 
therapy in the treatment erectile dysfunction, intracavernosal 
injection therapy is currently used as a second line therapy in a 
reliable and effective manner [5]. Furthermore, intracavernosal 
injection therapy is preferred by patients in our country because 
it is less costly than PDESi therapy. It is necessary to resolve 
complications that may develop during this therapy in a way 
that minimizes harm to the patient and does not cause them 
to switch to oral therapy or to experience doubts about receiv- 
ing intracavernosal injection therapy. In the resolution of these 
complications, there is a wide range of options from symp- 
tomatic treatment to surgical intervention. When we examine 
the literature, there are a few case presentations of needle 
breakage inside a penis during intracavernosal injection and its 
treatment. 

Akyol et al. has explained the technical reasons for breakage 


Figure 1. In the right half of the penis, the hyperemic lesion area indicated by the 
arrows (a); The needle opacity indicated by the arrow in the X-ray imaging (b); 
Operation image (c); Macroscopic view of the needle (d). 


of needle inside the penis. The administration of the needle 
obliquely to the corpus cavernosum longitudinal line results in 
further forward movement in the corpus cavernosum and the 
needle may break when retracted as a result of improper bend- 
ing force. It was also reported that using the correct injection 
method, practice with a physician, and manual skill, can prevent 
these complications; socio-economic status is also a factor [6]. 
There are few publications in the literature about intracorpo- 
real needle breakage. Nevertheless, it has been reported in the 
literature that penile fibrosis and lateral deviation develop after 
deferred treatment [7]. 

lacono and Barra have recommended that, if possible, the nee- 
dle should be manually retracted; if it is not possible, it should 
be removed surgically [8]. Wayland Hsiao et al. presented in 
their case that location of the needle can be determined with 
the guidance of a portable ultrasound and that it can be re- 
trieved without circumcision and without completely degloving 
the penis. The foreign object can be removed with a direct inci- 
sion in the penis skin [9]. In this case, we preferred to remove 
the broken needle surgically, according to the general literature. 
In conclusion, intracavernosal injection therapy should be prac- 
tically described to the patient, taking into consideration his 
socio-cultural background. The patient should be informed of all 
possible early and late complications of this therapy including 
breakage of needle inside the penis. 
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Sol taraf yerlesimli safra kesesi round ve falsiform ligamentin solunda bulunan 
safra kesesidir. Sik gériilmeyen bir anatomik anormalliktir. Laparoskopik kolesis- 
tektomi en sik uygulanan cerrahi prosediirlerden bir tanesidir ve sol taraf yerle- 
simli safra kesesi durumunda giivenlik kurallarina uyuldugu ve 6zel stratejiler dik- 
kate alindigi siirece laparoskopik cerrahi gtivenli goziikmektedir. Laparoskopik ko- 
lesistektomi esnasinda tanimlanan sol taraf yerlesimli safra kesesi olgusunu bil- 
dirirken sol taraf yerlesimli degisik safra kesesi formlarini ve bu farkliligin cerra- 


hi ile iliskisini tartismaktayiz. 
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Abstract 

A left-sided gallbladder is a gallbladder located on the left side of the round and 
falciform ligament. It constitutes an uncommon anatomic abnormality. Laparo- 
scopic cholecystectomy is one of the most commonly performed surgical proce- 
dures and in case of left-sided gallbladder, it seems to be safe as long as safety 
rules are followed and specific strategies are considered. We report a case of a 
left-sided gallbladder identified during laparoscopic cholecystectomy and discuss 
the different forms of left-sided gallbladder and the surgical relevance of this 


anomaly. 
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Introduction 

The gallbladder develops from an endodermal outpouching of 
the hepatic diverticulum and sits just beneath the right lobe 
of the liver [1]. The position of the gallbladder in relation to 
the liver may vary, with documented cases such as transverse, 
intrahepatic, retrodisplaced, and left-sided [2]. Such variants 
are very rare: reported cases of a left-sided gallbladder have 
been no more than 200; the incidence is 0.4% [3]. Left-sided 
gallbladder is often accompanied by biliary, portal venous, and 
other anomalies that might lead to intra-operative injuries. 
Hence, identification of this anomaly is important when per- 
forming laparoscopic cholecystectomy. 


Case Report 

A 44-year-old woman presented with right upper quadrant pain. 
Physical examination was unremarkable. Laboratory data were 
within normal limits. Ultrasound demonstrated cholecystolithia- 
sis with no evidence of cholecystitis or choledocholithiasis. The 
patient was informed of the diagnosis, and a laparoscopic cho- 
lecystectomy was performed using the standard 4-port tech- 
nique. Intra-operative view of the gallbladder indicated that it 
was located to the left of the falciform ligament (Figure 1,2). 
Meticulous dissection of the Calot triangle revealed that the 
cystic duct joined the common hepatic duct on the right side. 
The cystic artery was arising normally from the right hepatic 
artery. The gallbladder was detached from the liver bed by a an- 
tegrade dissection. The procedure was completed successfully. 
The patient was discharged home on postoperative day 1 and 
had an uneventful postoperative period. Pathological examina- 
tion confirmed choleystolithiasis. 


Discussion 

Despite common variations in hepatobiliary anatomy, congeni- 
tal anomalies of gallbladder position are rare. There are four 
types of aberrant gallbladder: (I) left-sided; (Il) intrahepatic;(III) 
transverse; and (IV) retrodisplaced [2]. Of these four, the left- 
sided gallbladder without situs inversus viscerum is the rarest. 
It was first described by Hochstetter in 1886 [4]. Although the 
exact etiology of left-sided gallbladder has not been estab- 
lished definitely, there are many theories. If the cystic duct from 
a left-sided gallbladder joins the common hepatic duct from its 
right side, the variation has been regarded as a defect migra- 
tion; if the cystic duct merges with the common hepatic duct 
on its left side or drains into the left hepatic duct, left-sided 
budding of the gallbladder/cystic duct anlage in the embryo has 
been proposed [5,6]. Moreover, some authors have regarded the 
left-sided gallbladder as the result of a poorly developed quad- 
rate lobe while others have seen the right-sided round ligament 
as the true cause of the problem [3,5]. Associated anomalies 
with left-sided gallbladder include complete or partial situs in- 
versus, duplicated gallbladder, hypoplastic bile duct, anomalous 
pancreato-biliary ductal junction, absence of the quadrate lobe, 
accessory liver, and anomalous intrahepatic branching of the 
portal vein [7]. It has also been associated with complex con- 
genital abnormalities such as the main bile duct lying in front of 
the first part of the duodenum and malrotation of the intestine, 
an anteduodenal portal vein, an anular pancreas, agenesis of 
the dorsal pancreas, polysplenia and highly mobile right colon, 


liver cyst, and with intrapelvic ectopic testis with ectopic vesica 
and an umbilical hernia [3,7]. Recent data indicate that routine 
ultrasonography in patients with gallstone disease may fail to 
identify left-sided gallbladder disease. A left-sided gallbladder 
increases the risk of bile duct injury during laparoscopic cho- 
lecystectomy [3]. As associated anomalies are to be expected 
with left-sided gallbladder, the surgeon has to be cautious 
while performing laparoscopic cholecystectomy. Using specific 
operative strategies, such as mirror image port setup, fundus 
first dissection, placement of additional ports, use of existing 
port sites with manipulation of falciforme ligament, different 
patient positioning, and intra-operative cholangiography, can 
be the key to the successful and safe management of these 
patients [8]. 


Figure 2. Gallbladder’ position in surgery 
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Conclusion 

Left-sided gallblader is often discovered during surgery. If the 
surgeon is experienced and aware of possible associated anom- 
alies of left-sided gallbladder, laparoscopic cholecystectomy 
can be performed successfully. 
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Cocukluk caginin akut selim miyoziti dzellikle okul cagindaki genellikle erkek ¢o- 
cuklari etkileyen, alt ekstremitenin distal kaslarini simetrik olarak tutarak yiirtime 
glcligiine neden olan ve kendiliginden diizelen bir klinik durumdur. Akut dénemde, 
ilerleyerek cocugun yiiriimesini engellemesi ve agriya yol acmasiyla hekim ve ana 
babalari telaslandirabilir. En sik influenza viruslarina bagli olarak ortaya ¢ikmak- 
tadir. Ancak diger virtisler ile de nadiren gériilmektedir. Tipik laboratuvar bulgu- 
su kreatinfosfokinaz diizeyindeki yiikselmedir. Ayiric! tanida Guillain-Barré send- 
romu, miskiiler distrofiler, dermatomiyozit, piyomiyozit ve biiyiime agrilari vardir. 
Bu yazida 5,5 yasindaki bir kiz hastada rotaviriis enfeksiyonuna ikincil olarak geli- 


sen akut myozit tablosu sunulmustur. 
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Abstract 

Benign acute childhood myositis usually affects males, especially school children, 
causes difficulty in walking by keeping the distal muscles of lower extremity sym- 
metrically, and is a clinical condition that resolves spontaneously. In the acute 
stage, it can alarm the physician and the parents by blocking the child’s walking 
and leading to pain. It arises most frequently due to influenza viruses, while it is 
rarely seen with other viruses. The typical laboratory finding is an increase in the 
level of keratin phosphokinase. The differential diagnosis includes Guillain-Barré 
syndrome, muscular dystrophy, dermatomyositis, pyomyositis, and growing pain. 
This paper presents an acute myositis case developing secondarily in a rotavirus 


infection in a 5.5-year-old female patient. 
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Rotavirus Infection Myositis 


Introduction 

Rotavirus infection in childhood is the most common cause of 
acute gastroenteritis. Although it mainly locates in the intesti- 
nal tract, it may rarely manifests itself outside of the intestinal 
tract. Also, neurologic complications, encephalitis, febrile con- 
vulsion and aseptic meningitis have been detected. 

Benign Acute Childhood Myositis (BACM) is a clinical condition 
of bilateral calf pain that develops suddenly immediately after 
viral infections, usually affects school-age children, is charac- 
terized by walking difficulties, and resolves spontaneously [1]. 
Usually developings due to post-infectious pathogens, myosi- 
tis associated with rotaviruses is rarely reported [2]. A typical 
laboratory finding is a high level of serum keratin phosphoki- 
nase (CPK) [3]. Knowing detailed characteristics of benign acute 
childhood myositis will prevent unnecessary tests and treat- 
ments. 

In the literature, only four cases of myositis associated with 
rotavirus infection have been reported to date [4]. In this paper, 
we present a case of benign acute childhood myositis develop- 
ing secondarily associated with rotavirus gastroenteritis infec- 
tion in a 5.5-year-old. 


Case Report 

A 5.5-year-old girl presented with fever, fatigue, weakness, and 
vomiting to the emergency clinic in our hospital. Upon deter- 
mining the CPK of the patient to be 9806 U/L, the patient was 
brought to the neurology clinic. Three days later, as her cur- 
rent complaints increased, she was brought to our emergency 
department. In addition to the patient’s previous complaints, 
diarrhea, inability to walk, and pain in both thighs had already 
begun. Due to malnutrition and general weakness of the pa- 
tient, she was admitted to our Child Health and Diseases De- 
partment in the hospital. In her physical examination, the gen- 
eral physical state of the patient was moderate. The patient’s 
vital findings were stable. In her neurological examination, vul- 
nerability to palpation on both sides of the quadriceps muscle 
was observed. However, no swelling, redness, or laceration was 
detected. In muscle strength examination, all extremities were 
detected as normal. There was no loss of sensation. Deep ten- 
don reflexes were normoactive. Laboratory examinations of the 
patient’s blood count, erythrocyte sedimentation rate, and C- 
reactive protein were normal. Biochemical tests performed on 
the patient are shown in Table 1. Rotavirus antigen was found 
positive in the stool test. The patient was diagnosed with BACM 
associated with rotavirus. The patient was discharged from the 
hospital with a marked improvement in her general condition. 
A week later, her physical examination and lab findings were 
found to be normal. 


Table 1. The course of the laboratory findings of our patient. 


AST ALT LDH GGT CPK 
N:0-31U/L N:0-34U/L N:0-247 U/L 0-32 U/L 0-145 U/L 
Ist day of 290 88 652 16 9806 
disease 
3st day of 174 80 466 16 2728 
disease 
6st day of 56 49 286 15 175 
disease 
discharge 28 24 242 16 102 
after 1 week 


Discussion 

BACM was defined for the first time in 1957 by Lundberg [1]. as 
a sudden calf pain and inability to walk described in 74 children 
following a viral upper respiratory tract infection, often occur- 
ring after the 1-5 day prodromal period and resolving sponta- 
neously [2]. The pain is particularly pronounced when the pa- 
tient first gets up in the morning. In the etiology, there are often 
Influenza type A and B viruses, RSV, adenoviruses, HSV, EBV, or 
CMV [4,5]. In our case, we did not test these when forming the 
differential diagnosis because there were no symptoms sugges- 
tive of viral upper respiratory tract infection. 

Since patients complain about an inability to walk, stand up, 
and step onto their feet, all families become extremely worried 
about their children and refer to the emergency departments 
of hospitals. Rajajee et al. reported that cases of BACM are 
most frequently directed to the clinic with a preliminary diagno- 
sis of GBS [5]. However, in GBS, a two-sided muscle weakness 
and pain moving upward is observed, decreased deep tendon 
reflexes are detected in physical examination, and serum CPK 
level is within normal limits. 

The majority of patients with myositis associated with rotavi- 
rus are over 2 years of age [5]. On the other hand, most children 
with rotavirus gastroenteritis are under 2 years of age. Ina 
case series examining 40 patients diagnosed with BACM, 55% 
of them were male, an average onset time of symptoms was 
5.3 days, and the duration of the prodromal phase symptoms 
was 3.97 days [5]. 

There are many culprits likely to lead to muscle pain in chil- 
dren. During the course of viral infections, a widespread my- 
algia can be seen. However, BACM typically presents with bi- 
lateral gastrocnemius muscle involvement. Important clues in 
differentiating BACM from muscular dystrophy is the apparent 
lack of pain in muscular dystrophy due to increased serum CPK 
and no improvement in clinical findings during the course of 
the disease. There are several typical skin conditions that can 
cause similar clinical findings in children, such as dermatomyo- 
sitis, which presents with a progressive bilateral proximal mus- 
cle weakness, an increased CPK level, EMG changes, unusual 
muscle biopsy findings, edema, and purplish color change in the 
eyelids [6]. 

For the diagnosis of BACM, the most typical diagnostic finding 
is an increased CPK level in the serum [3]. Moderate degree CPK 
has been reported to range from 558 to 6800. In our case, the 
CPK level was 9806. It is recommended that, due to the possi- 
bility of increased muscle cell damage, diagnosticians should be 
alert to rhabdomyolysis and kidney failure and should monitor 
the pain and urine color [7]. In our case, renal function tests and 
urine analyses that were performed because of these possibili- 
ties were normal. 

The mechanism responsible for BACM associated with rotavi- 
rus has not yet been determined. However, it can be character- 
ized as damage resulting from direct invasion of immunological 
reactions triggered by virus particles inside the muscle tissue 
[8]. Since the symptoms are short-term and improve sponta- 
neously, further examinations such as electromyography and 
muscle biopsy have been rarely consulted [5]. 

To summarize: BACM is a clinical condition with viral infection 
that is self-limiting in the healing process, with a prognosis that 
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is very good and does not require clinical treatment. The obser- 
vation of rapid improvement in clinical findings is significant 
for differentiating BACM, which doesn't require further tests 
and resolves spontaneously, from other diseases that may have 
more severe courses and will require different treatment op- 
tions. 
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6z 

Yabanci cisim impaksiyonuna bagli gelisen 6zefagus perforasyonunda hayati teh- 
dit edici komplikasyonlarin 6nlenebilmesi icin erken tani ve tedavi 6nemlidir. Eris- 
kinlerde genelde perforasyon sebebi et, balik ve tavuk kemikleridir. Bogaz agrisi, 
disfaji ve kusma sik gortilen semptomlardir, ancak perforasyon eslik ederse me- 
dastinit gibi ciddi komplikasyonlar gelisebilir. 52 yasinda erkek hasta, 6 giin 6nce 
tavuk eti yedikten sonra ortaya cikan bogaz aZgrisi ve disfaji sikayetleriyle acil ser- 
vise basvurdu. Toraks bilgisayarli tomografisinde (BT)tavuk lades kemigine ait Y 
seklinde yabanci cisim gézlendi. Cok kesitli BT ile 6zefagus perforasyona bagli 
mediastinal hava ve sivi koleksiyonu gibi mediastinit bulgular! da saptandi. Oze- 
fagustaki yabanci cisimler ve bunlara bagli komplikasyonlari gostermede cok ke- 
sitli BT 6nemli bir rol oynar. 
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Abstract 

Esophageal perforation (EP) due to foreign body impaction requires early diagno- 
sis and treatment in order to prevent life-threatening complications. EP in adults 
is most frequently caused by the impaction of meat, fish, and chicken bones. The 
common symptoms are sore throat, dysphagia, and vomiting, but in the presence 
of perforation, mediastinitis and other complications can occur. In our case, a 
52-year-old man was admitted to the emergency room with a six-day history of 
sore throat and dysphagia after eating chicken. Computed tomographyof the tho- 
rax revealed a Y-shaped foreign body resembling the wishbone of a chicken. Medi- 
astinal air secondary to esophageal perforation and further evidence of mediasti- 
nitis were also discovered with multidetector computed tomography (MDCT). This 
case shows that MDCT plays an important role in detecting esophageal foreign 
bodies and their complications. 
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Introduction 

Esophageal perforation (EP) due to foreign body (FB) impaction 
is rare and requires prompt treatment [1, 2, 3]. The most com- 
mon esophageal FB diseases in adults are caused by impacted 
meat or other food. Fish bones in particular have been known 
to cause EP in many countries [1, 2, 4, 5]. Cases of sponta- 
neous and iatrogenic ruptures have also been observed. About 
80-90% of ingested FBs pass spontaneously without com- 
plications, 10-20% of them require endoscopic removal, and 
approximately 1% require surgical procedures [1, 6]. A sharp 
object in the esophagus must be removed within 24 hours to 
minimize the risk of perforation, mediastinitis, or abscess [3, 4]. 


Case Report 

A 52-year-old man was admitted to the emergency room with a 
six-day history of sore throat and dysphagia after eating chick- 
en. He was afebrile on arrivaland presented with an elevated 
WBC count (18.3x109/L). Computed tomography (CT) of the 
thorax revealed a Y-shaped FB resembling the wishbone of a 
chicken in his proximal esophagus (Figure 1). Pheumomediasti- 
num secondary to esophageal perforation and evidence of me- 
diastinitis were also observed using multidetector CT (MDCT) 
(Figure 2). Upper gastrointestinal endoscopy confirmed the di- 
agnosis and the chicken bone was removed from the patient’s 
esophagus with a snare. An over-the-scope clip was applied 
to treat the esophageal perforation. A right thoracotomy was 
performed, which detected necrotizing mediastinitis. The medi- 
astinal cavity was cleaned with betadine and saline. Empyema 
developed in the right hemithorax after the operation (Figure 
3). The patient was discharged after two months of medical 
therapy. 


Figure 1. CT images of wishbone of the chicken in the esophagus. MIP and 3D 
images (a, b). Note that the chicken bone is extending outside the esophagus, 
representing esophageal rupture (c). 


a 
Figure 2. Phneumomediastinum (a). Paraesophageal fluid collections representing 
mediastinitis (b). 


Figure 3. Right sided empyema and suspended air bubbles. 


Discussion 

Ingestion of FBs is a common occurence, and the majority of 
such cases involve spontaneous passage of the FB through the 
esophagus [1, 6, 7]. Some patients may remain asymptomatic 
for many years, thoughEP is a potentially life-threatening condi- 
tion with high rates of morbidity and mortality [1, 4]. EP occurs 
in only 1-2% of FB ingestion cases [6]. More attention should 
be paid to sharp FBs (e.g., metallic objects, chicken and fish 
bones, and toothpicks) due to a higher risk of perforation and 
mediastinitis [1, 2, 3, 4, 7]. EP due to FB ingestion usually occurs 
in the cervical esophagus, whereas spontaneous or iatrogenic 
injuries occur distally [1, 6]. The time that has passed between 
esophageal injury and initiation of treatment is the most im- 
portant factoraffecting mortality in cases of EP [4]. In this case, 
the patient was admitted to the emergency room six days after 
ingesting a chicken bone that had caused the perforation of his 
esophagus and mediastinitis. As this case demonstrates, early 
removal of FBs is necessary to prevent the development of me- 
diastinitis [3, 4, 5]. 

Any degree of sore throat, dysphagia, odynophagia, difficulty 
breathing, and vomiting are common symptoms in esophageal 
FB diseases. FB sensation and localized pain are some patients’ 
main complaints in the early periods of such diseases. As the 
disease progresses or complications develop, localized inflam- 
matory or systemic symptoms, such as swelling of the neck, he- 
matemesis, dysphagia, dyspnea, fever, and chest pain can occur 
[5, 6]. 

FBs in the alimentary tract should be evaluated carefully to 
identify their exact anatomic location [2]. Fiberoptic laryngos- 
copy or chest and neck X-rays can be performed to this end, but 
they are not always successfully diagnostic. Cervical or medias- 
tinal emphysema, pleural effusion, or radiopaque objects may 
be seen on X-rays [1, 6]. FBs need to be radiopaque in order to 
detect them with X-rays, but radiolucent FBs are common and 
may not be noticed on radiographs [1, 3]. The most common 
radiolucent objects that can be ingested are fish and chicken 
bones, wood, plastic, and thin metal [1]. As such, radiography 
may not be a sufficient examination method for the detection of 
esophageal FBs [2]. Removal of these FBs must be performed 
within 24 hours of ingestion to prevent perforation and fistula 
formation [1, 4, 8]. The exact location of a foreign object can be 
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determined byMDCTquickly and with high diagnostic accuracy 
[2, 3]. MDCT should therefore be the first choice of imaging 
method to detect sharp esophageal FBs that do not show up 
byclinical inspection or radiographs. Slightly calcified FBs can 
appear on CT, which has higher contrast and spatial resolution 
[2]. CT has previously detected esophageal bone impactions 
with 90-100% sensitivity, with positive predictive rates as high 
as 99% (6). Wall thickening, surrounding soft tissue changes, 
and free air, and complications such as wall perforation, fis- 
tulae, and mediastinitis can also be detected with CT [1, 2, 3]. 
If complications are suspected, an intravenous contrast agent 
would be a great asset for the diagnosis process (1). 

Proper treatment of esophageal FB diseases depends on the 
individual clinical situation. Conservative or surgical treatment 
options can be utilized [6]. Sharp objects, such as chicken or fish 
bones, should be removed carefully by endoscopy to prevent 
EP [6, 8]. In cases where perforations have been caught early, 
primary repair is preferred, but esophageal exclusion/diversions 
and thorough drainage may be needed. If there is no evidence 
of mediastinal contamination, endoscopic clips may be used in 
the treatment of acute esophageal perforations [8]. 

In conclusion, esophageally impacted FBs require quick diag- 
nosis and treatment because of the risk of serious complica- 
tions such as perforation and mediastinitis. Therefore, the first 
choice of diagnostic method should be MDCT, which can not 
only localize the FB, but will also display wall and surrounding 
soft tissue changes. 


Competing interests 
The authors declare that they have no competing interests. 


References 

1. Guelfguat M, Kaplinskiy V, Reddy SH, DiPoce J. Clinical guidelines for imaging 
and reporting ingested foreign bodies. AJR Am J) Roentgenol. 2014 Jul;203(1):37- 
53. doi: 10.2214/AJR.13.12185. Review. Erratum in: AJR Am J Roentgenol. 
2014;203(3):694. 

2. Ma J, Kang DK, Bae JI, Park KJ, Sun JS. Value of MDCT in diagnosis and manage- 
ment of esophageal sharp or pointed foreign bodies according to level of esopha- 
gus. AJR Am ) Roentgenol 2013;201(5):W707-11. doi: 10.2214/AJR.12.8517. 

3. Liguori C, Gagliardi N, Saturnino PP, Pinto A, Romano L. Multidetector Com- 
puted Tomography of Pharyngo-Esophageal erforations. Semin Ultrasound CT MR 
2016;37(1):10-5. 

4. Park IH, Lim HK, Song SW, Lee KH. Perforation of esophagus and subsequent 
mediastinitis following mussel shell ingestion. J) Thorac Dis 2016;8(8):E693-7. 

5. Kim EY, Min YG, Bista AB, Park KJ, Kang DK, Sun JS. Usefulness of 
Ultralow-Dose (Submillisievert) Chest CT Using Iterative Reconstruction for Initial 
Evaluation of Sharp Fish Bone Esophageal Foreign Body. AJR Am J Roentgenol 
2015;205(5):985-90. 

6. Aronberg RM, Punekar SR, Adam SI, Judson BL, Mehra S, Yarbrough WG. Esoph- 
ageal perforation caused by edible foreign bodies: a systematic review of the 
literature. Laryngoscope 2015;125(2):371-8. 

7. Mondin RM, Fandifio M, Carpes LF, Tang J, Ogilvie LN, Kozak FK. Esophageal 
wishbone extraction: not for the chicken-hearted. Ann Otol Rhinol Laryngol 
2015;124(1):79-82. 

8. Triadafilopoulos G, Roorda A, Akiyama J. Update on foreign bodies in the esoph- 
agus: diagnosis and management. Curr Gastroenterol Rep 2013;15(4):317. doi: 
10.1007/s11894-013-0317-5. 


How to cite this article: 

Parlak S, Civgin E, Celikel E, Ozer H, Polattas P. Esophagial Perforation due to 
Chicken Bone Ingestion: Multidetector CT Findings. J Clin Anal Med 2017;8(suppl 
1): 55-7. 


Journal of Clinical and Analytical Medicine | 57 


From the Symptoms of an Undiagnosed Mother 
to the Infant with Congenital Myotonic Dystrophy 


Tanisiz Annenin Semptomlarindan 
Konjenital Myotonik Distrofili Bebege 


Congenital Myotonic Dystrophy 


Nazli Dilay Giltekin, Fatma Hilal Yilmaz, Hiiseyin Altunhan, Rahmi Ors 
Neonataloji BD, Necmettin Erbakan Universitesi, Konya, Turkiye 


6z 

Konjenital myotonik distrofi (KMD) neonatal dénemde, hipotoni, respiratuar yet- 
mezlik ve beslenme problemleri ile bulgu veren klinik spektrumu genis bir hasta- 
liktir. Aile 6ykiisi tanida 6nemli olmakla birlikte neonatal ddénemde bebegin tani 
almasi! annenin ya da nadiren babanin tani almasini saglayabilir. Burada neona- 
tal dénemde hipotonisite ve solunum yetmezligi ile prezente olan erkek hasta- 
da, annenin halsizlik, kas aris! ve cok uyuma sikayetlerinden yola cikilarak gene- 
tik analizle KMD tanisina varildi. Vakamizda oldugu gibi, hipotonik bebeklerde yal- 
nizca aile 6ykiisiiniin derinlestirilerek KMD tanisinin daha erken konabilecegi akil- 
da tutulmalidir. 
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Abstract 

Congenital myotonic dystrophia (CMD) is a disorder with a wide clinical spectrum, 
characterized by hypotonia, respiratory failure, and nutritional challenges in the 
neonatal period. Although familial history is important in the diagnostic process, 
diagnosing the infant in the neonatal period may, conversely, lead the mother, 
or rarely the father, to be diagnosed. Here, a male infant presenting with hypo- 
tonicity and respiratory failure in the neonatal period was diagnosed with CMD 
through genetic testing by looking at the complaints of fatigue, muscle pain, and 
hypersomnia in the mother. As in our case, it should be kept in mind that CMD 
can be diagnosed at an early stage only by focusing on the familial history in 
hypotonic infants. 
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Introduction 

Congenital myotonic dysthropia (CMD) is a neuromuscular dis- 
order with an autosomal dominant hereditary transmission. 
In CMD, a disorder with a prevalence of 1/100,000 across the 
world, facial dysmorphic signs, such as fishmouthing, long face, 
ptosis, and temporal muscle atrophy are remarkable findings 
seen at the time of delivery. Patients with CMD present with 
severe hypotonia, talipes equinovarus, artrogryposis, weakened 
weeping and sucking, and respiratory failure. Congenital cat- 
aracts, thyroid dysfunction, and cardiac involvement are also 
seen among cases with CMD, but more rarely [1,2]. CMD de- 
velops as a result of the repetition of the myotonic dystrophy 
protein kinase (DMPK) gene in chromosome 19q13 due to the 
increased cytosine-thymine-guanine (CTG) trinucleoid in the 3’ 
untranslated region. In such patients, the repetition of CTG is 
generally found to be more than 1,000 [2], and the mortality is 
between 30-40% in the neonatal period [3]. Here, we aimed at 
presenting how an infant with the complaints of hypotonicity 
and respiratory failure during the neonatal period was diag- 
nosed with CMD by focusing on the infant’s symptomatic, but 
previously undiagnosed, mother. 


Case Report 

Our case was born at term to a 23-year-old mother as the sec- 
ond living infant after the second pregnancy through cesarean 
section, and the infant’s Apgar scores were 5 and 7 at min- 
utes 1 and 5, respectively. Resuscitated in the delivery room, 
the patient was taken to the neonatal department after the 
intubation. The patient’s parents with non-kinship also had a 
2-year-old healthy daughter. The prenatal history of the patient 
revealed polyhydramnios. While the patient’s weight, head cir- 
cumference, and height were 2750 gr (25-50 p), 35 cm (90 p), 
and 48 cm (50-75 p) respectively, the physical examination also 
revealed prominent root of nose, antraverted nostrils, higher 
palate, retrognathia and micrognathia, and inverted-V-shaped 
upper lip (Figure 1). The cardiological and gastrointestinal sys- 
tems examination of the patient conducted following intuba- 
tion and mechanical ventilation were within normal limits. On 
the neurological examination, hypotonicity and hyperlacticity in 
all extremities were present, and no deep tendon reflexes were 
recorded in the lower extremities. Bilateral talipes echinovarus 
deformity was observed, and metabolic tests of the patient 
with syndromic presentation were detected to be normal. In- 
vestigated in terms of hypotonicity, the level of creatine kinases 
(CK) (85 U/L) was at normal level. Cranial magnetic resonance 
imaging (MRI) demonstrated subdural hemorrhage on the right 
parietal region. The speech defects in the patient’s mother 
drew attention. Although previously evaluated many times in 
the neurology and psychiatry departments due to the com- 
plaints of hypersomnia and fatigue, the mother had not been 
diagnosed with anything. On physical examination, the mother 
displayed myotonic findings such as masklike face and difficulty 
in relaxation after gripping fingers (Figure 2). After perform- 
ing electromyography (EMG), myotonic discharges were deter- 
mined in the mother, and so the patient was genetically evalu- 
ated in terms of CMD. As a result of the genetic testing, at least 
50 CTG repeat size was detected in an allele of the myotonic 
dystrophia protein kinase (DMPK) gene, and the patient was di- 


Figure 1. Floppy infant with bilateral talipes echinovarus deformity 


Figure 2. Patient’s mother showing masklike face and infant with antraverted 
nostrils, retrognathia and micrognathia, and inverted-V-shaped upper lip 


agnosed with CMD. The patient was supported with mechanical 
ventilation for 20 days during the hospital stay. On day 58, the 
patient was discharged with oral feeding and without supple- 
mental oxygen. 


Discussion 

The clinical features of CMD were first described by Hans Stein- 
ert et al. at the beginning of the 1900s [4]. There are two differ- 
ent forms of the disease, both characterized by muscle weak- 
nesses, myotonia, and cataracts. Various genetic differences are 
observed between type 1 myotonic dystrophy (MD), the most 
severe form seen at birth or in childhood, and type 2 MD seen 
during adulthood. While the repetition of CTG is observed in the 
DMPK gene in type 1 MD, the repetition of cytosine-cytosine- 
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thymine-guanine (CCTG) repeat expansion occurs in zinc finger 
protein 9 (ZNF9) gene in type 2 MD. Our case was a type 1 MD 
patient with a 50 repeat expansion of CTG in the DMPK gene. 
In patients affected by the condition in the neonatal period, re- 
spiratory failure stemming from the weakness of respiratory 
muscles is one of the most significant challenges. The existence 
and severity of respiratory failure define the prognosis. While 
the mortality rate due to respiratory failure is almost 25% in 
patients needing mechanical ventilation for more than 30 days, 
the rate increases up to 40% in infants seriously affected by 
CMD [5]. In our patient, the need for ventilation ceased at the 
26th day after birth. 

Whilest the congenital form is generally seen in the infants of 
symptomatic mothers with multisystemic involvement, serious 
complaints can also be observed in the neonatal period in the 
infants of mothers with mild symptoms who are not yet diag- 
nosed. Consistent with the literature, the mother of our patient 
diagnosed with type 1 MD and needing long-term ventilation 
had yet to be diagnosed. The most commonly encountered 
cardiac defects in type 1 MD patients are conducting abnor- 
malities, with the rate of 40%. Minor conducting defects can be 
detected via electrocardiography (ECG) alone. Because CMD is 
a disorder with a progressive course, the use of an implantable 
cardioverter defibrillator or pacemaker is proposed in order to 
prevent sudden cardiac death often seen in such patients [6]. 
Even though the ECG performed on our patient did not reveal 
any conducting defect, the patient was followed up by the pe- 
diatric cardiology department. In addition, studies have illumi- 
nated the association between the width of CTG repetition size 
in type 1 MD patients and the prevalence and progression of 
cardiomyopathy. For this reason, the detection of CMD cases at 
an early stage is important to prevent disease progression by 
properly following up these patients through ECG. 

Even if it is not observed in the neonatal period, myotonia is 
detected in all cases prior to 11 years of age [5]. The earlier 
the symptoms of CMD began in the mothers, the more CMD 
risk increases in the infants. In our patient’s mother, myoto- 
nia symptoms had been present since her infancy. In a study, 
Esplin et al. assumed MD as an important cause in idiopathic 
polyhydramnios. In cases with idiopathic polyhydramnios and 
fetal swallowing dysfunction, myopathy due to X linked myopa- 
thy, congenital myotonic dystrophy, and congenital myopathy 
are three neuromuscular disorders to be ruled out [7]. In our 
patient, the history of polyhydramnios also drew attention to 
such an association, and such signs as the dysarthria detected 
in the mother, masklike face, marked muscle weakness increas- 
ing with pregnancy, and fatigue were the guiding lights for the 
diagnostic approach to the infant. As with our patient, the fact 
that while a mild form of the disease is present in the mother, 
a severe form of CMD is observed in the infant and this dem- 
onstrates that tissue mosaicism and other genetic factors are 
also effective in determining the severity of disease phenotype. 
In the study performed by Cobo et al., it was shown that the 
risk of developing CMD is higher during the neonatal period in 
cases where the number of maternal alleles is more than 300 
repetitions [8]. While the congenital form of CMD is observed 
in only 10% of the infants with less than 300 CTG repetitions, 
60% of the infants of mothers with more than 300 repetitions 


were congenitally affected by the condition [8]. However, more 
than half of the affected mothers are not diagnosed with myo- 
tonic dystrophy or have no other complaints. As in our patient, 
diagnosing the infant with CMD is generally a factor leading to 
the diagnosis of the mother. 

In infants whose mothers present with the clinical signs of a 
muscle disorder, the diagnosis can be achieved in a shorter pe- 
riod through genetic testing with no need for detailed tests. 
Genetic tests lead to certain diagnosis and are more cost-effec- 
tive. The techniques such as electromyography (EMG) and mus- 
cle biopsy used to diagnose muscle disorders are insufficient in 
the diagnosis of CMD during the neonatal period. Although ef- 
fective to demonstrate myopathic potentials, EMG is not useful 
because myotonic discharges are not observed during the neo- 
natal period [2]. The assessment of muscle biopsy with different 
stainings is important in the diagnosis of CMD; however, these 
unconventional procedures are uncommon in most laboratories 
[9]. If muscle biopsy is evaluated properly, then the increase 
in the number of central nucleus, atrophy of type 1 bindings, 
clusters of pyknotic cells, and angular fibers can be observed. 
Among the problems anticipated in the follow-up period of the 
patients with CMD, retardation in psychomotor development, 
growth retardation, nutritional deficiencies, and constipation 
are frequently observed [10]. Therefore, patients with CMD 
should be followed up by other training departments. 

In conclusion, CMD can be diagnosed at an early stage in in- 
fants with the help of detailed familial histories. Investigating 
the mother with reference to the diagnosis of the infant can 
give clues as to the prognosis of the condition. With this report, 
we aimed to emphasize the importance of observation and his- 
tory as a cost-effective diagnostic procedure; more-recently de- 
veloped techniques or technologies are not necessarily required 
or effective. 
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Kompleks bélgesel agri sendromu (KBAS) duyusal, trofik ve motor anormallikler ile 
nitelenen cok etmenli bir agri sendromudur. Tip 1 KBAS'ta bir sinir hasart saptan- 
mazken, tip 2 KBAS’a belirlenebilen bir sinir hasari eslik eder. Cocukluk ve addle- 
san ¢aginda nadir oldugu diistintilmesine karsin, son 20 yilda daha iyi tanimlan- 
maya baslamistir. Ancak, eriskin ve cocukluk cag KBAS klinik bulgularinin farkli- 
lig1, 6zel laboratuar testlerin ve gértinttileme tekniklerinin bulunmayisi, tanida bir 
yila kadar gecikmeye neden olmaktadir. KBAS’ta erken tani ve tedavi iyi prognoz 
olciitt oldugundan, hastaligin klinisyenler tarafindan farkindaligi 6nemlidir. Bu ya- 
zida, sag bacakta agri, renk deBisikligi ve ylrtime guicliigii ile basvurup, KBAS tip 
1 tanisi alan, rehabilitasyon ve pregabalin tedavisine cok iyi yanit veren 11 yasin- 


da bir erkek hasta sunulmustur. 
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Abstract 

Complex regional pain syndrome (CRPS) is characterized by multifactorial pain 
disorder in combination with sensory, autonomic, trophic and motor abnormali- 
ties. CRPS type 1 refers to cases in which no specific nerve injury is identified, 
while type 2 are cases accompanied by identifiable nerve damage. Once consid- 
ered to be a rare disorder among children and adolescents, CRPS has become 
better recognized over the past two decades. The clinical differences between 
adult and pediatric CRPS and the lack of specific laboratory tests and imaging 
techniques cause a delay in diagnosis of up to one year. Awareness of the syn- 
drome is very important for the early diagnosis and treatment and is a positive 
prognostic factor. Here we present an 11-year-old male patient with pain, color 
changes of the skin and motor deficit in the right leg diagnosed with CRPS type 1. 
The patient responded well to rehabilitation and pregabalin treatment. 
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Introduction 

Complex regional pain syndrome (CRPS), formerly known as 
reflex sympathetic dystrophy, is a chronic neuropathic pain 
syndrome that is believed to be a result of a dysfunction in 
the central or peripheral nervous system. It is characterized by 
persistent burning pain and vasomotor changes. Generally only 
one extremity is involved; however, any part of the body may be 
affected [1]. CRPS type 1 occurs without a definable nerve le- 
sion, whereas type 2 is associated with a definable nerve lesion 
usually secondary to a trauma [2]. Patients might describe al- 
lodynia (non-painful stimuli evoking pain), hyperalgesia (painful 
stimuli evoking more intense pain than usual) and hyperpathia 
(repeated painful stimuli causing exaggerated response) [2]. 
Here, we present an 11-year-old male patient diagnosed with 
CRPS type 1 who was referred to our pediatric neurology clinic 
with difficulty in walking, pain and color changes of the skin of 
his right leg. 


Case Report 

An 11-year-old male patient was admitted with pain, color 
changes and weakness in the right leg. The color change had 
first appeared 5-6 months previously. It had grown in size and 
was accompanied by an intense pain. Weakness and difficulty in 
walking were his more recent complaints. He stated that during 
a bath, the intensity of pain increased in contact with hot and 
cold water and the blue discoloration of the skin became darker. 
Sometimes he felt cold in the region of the color change. His 
mother stated that he is generally shy and he never wants to 
go to the school, and that this intense pain recently affected his 
school attendance negatively. 

Results of a neurological examination were normal. Livedo re- 
ticularis was noticed in the region of the pain (Figure 1). Labo- 
ratory investigations including complete blood count, renal and 
hepatic function tests, electrolytes, C-reactive protein, and cre- 
atine kinase levels were all normal. Viral serology was negative. 
Screening for vasculitis revealed negative results. Doppler ul- 
trasonography for deep venous thrombosis results were normal. 
Electroneuromyography did not show any pathological changes. 
All cranial, spinal and right femur magnetic resonance imaging 
(MRI) were reported to be normal. 

The diagnosis of CRPS type 1 was established according to 
the modified Budapest International Association for the Study 
of Pain (IASP) criteria [1]. The patient was consulted with the 
Physical Medicine and Rehabilitation (PM&R) Department. 
Treatment with paracetamol and codeine (addition of periph- 
eral and central analgesic effect), vitamin C, and 75 mg pre- 


Figure 1. Livedo reticularis on the right thigh of the patient. 


gabaline twice daily were started. He was given stretching 
and muscle-strengthening exercises because of weakness, at- 
rophy and shortness in the right quadriceps muscle. Muscle- 
strengthening exercises for the other muscle groups of the 
lower extremity were also started because of weakness related 
to immobilization. His complaints decreased markedly after two 
weeks of treatment. The intense pain of his right leg reoccurred 
just once, when his grandfather, who had come from his vil- 
lage for a visit, returned home. Fluoxetine was started and his 
complaints subsided gradually within a few weeks of treatment. 
Monthly control visits for 6 months revealed that school atten- 
dance had improved. 


Discussion 

In childhood, CRPS type 1 is a rare condition causing diagnos- 
tic challenges [3,4]. It is more common in school-aged children 
and mainly adolescent females, with a mean age at onset of 
11-12 years [5]. Compared with adults, pediatric patients with 
CRPS type 1 have a higher incidence of lower extremity involve- 
ment and almost half of the patients have no history of trauma 
preceding the onset of symptoms [5]. Tan et al. [6], in a study 
of 78 children under age 16 with CRPS type 1 seen between 
1980-2014, found that in children CRPS type 1 is less likely 
to be associated with edema and skin temperature is mostly 
cold, whereas edema and warm skin temperature are more 
commonly observed in adults with CRPS type 1. Psychogenic 
factors and anxiety are thought to play a major role in the de- 
velopment of CRPS, especially in childhood [7]. In contrast to 
the female preponderance described in the literature, our case 
was an 11-year-old male. Lower extremity involvement, lack of 
an initiating trauma, cooler feeling in the region of the color 
change, and lack of edema were features consistent with the 
literature. 

The pathophysiology is not completely understood; however, 
current opinion is that activation of cutaneous nociceptors as a 
result of tissue damage stimulates unmyelinated C fibers and A 
delta afferents, leading to a neurogenic inflammation. Sympa- 
thetic pain has a major role in the early periods of the disorder. 
Peripheral sensitization occurs with the release of cytokines as 
a result of neurogenic inflammation and the release of algesic 
neuropeptides such as substance P. Central sensitization fol- 
lows as a result of activation of N-methyl-D-aspartate (NMDA) 
receptors and altered functions at the level of the dorsal root 
ganglion [2]. 

The diagnosis of CRPS type 1 is clinical and a high level of 
vigilance is needed to make the diagnosis. Average delays in 
diagnosis of up to a year have been reported in the 1990’s [8]. 
More recent studies have shown marked improvement with an 
average delay of about 3 months, which still is not ideal [5]. 
The differential diagnoses include inflammatory arthritis, cellu- 
litis, osteomyelitis, deep venous thrombosis, malignancies and 
chronic vascular abnormalities [2]. 

The treatment of CRPS type 1 is multidisciplinary. Rehabilita- 
tion is the primary mode of treatment. The basic principles in- 
volve posture, range of motion, muscle stretching and strength- 
ening exercises. The aim of the therapy is the prevention of 
immobilization caused by the persistent pain. Psychotherapy 
and psychiatric evaluation is a part of the treatment in child- 
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hood [5]. Nonsteroidal anti-inflammatory drugs, central anal- 
gesics, amitriptyline, pregabalin, gabapentin, corticosteroids 
and vitamin C can be used for pain management. In childhood, 
the response rate to conservative treatment is good, ranging 
from 70 to 90 %; however, recurrences have been reported in 
30-50 % of cases [5,6]. Low et al. [5] reported that in children 
who were diagnosed early in the disease course (< 3 months), 
symptom resolution occurred much more rapidly than in those 
diagnosed later. 

In conclusion, although rare, CRPS type 1 should be considered 
in the differential diagnosis of extremity pain. Being familiar 
with the symptoms and signs of the disorder makes early di- 
agnosis and intervention possible and are positive prognostic 
factors. 
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42 yasinda erkek hasta on giindiir devam eden sag omuz ve gogiis agrisi, 6ksil- 
ruk hemoptizi sikayetiyle hastaneye basvurdu. Hastani titremekle yiikselen 38°C 
atesi vardi. Laboratuvar incelemesinde; lokosit:21.1 K/uL(91.4 % notrofil), trom- 
bosit:564 K/uL, hemoglobin:13.8 g/dl, C-reactive protein: 8.61 ve eritrosit sedi- 
mentation hizi :104 mm/s olarak tespit edldi.Hastanin fizik muayenesi dogaldi. Oz 
gecmisinde 30 paket/yil sigara kullanimi ve yedi yildir Behget Hastaligi mevcuttu. 
Pa akciger grafisinde sag list paratrakeal alanda dansite artis mevcuttu. Cekilen 
toraks BT’de sag akciger Uist lobda 55x34 mm ebadinda lobule konturlu kitle lez- 
yon gértildii. Hastaya bronkoskopi yapildi fakat endobronsial lezyon ya da kana- 
ma odagi gortilmedi. Transtorasik ince igne aspirasyon biyopsisiyle kitle lezyon- 
dan biyopsi alindi. Patoloji sonucu nekrotizan vasculit olarak rapor edildi. Bu so- 
nucg Behcet hastaliginin akciger tutulumu ile uyumluydu. Tedavi olarak immunsup- 
resif tedavi baslandi. 2 ay sonra ¢cekilen kontrol toraks bilgisayar tomografide lez- 
yonun kayboldugu goriildt. 
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Abstract 

A 42-year-old male patient was admitted to the hospital with a cough, hemop- 
tysis, and complaints of pain in his right shoulder and chest for 10 days. The 
patient had intermittent fever 38°C with chills. Laboratory results were: leuco- 
cytes:21.1 K/uL, platelets:564 K/uL, hemoglobin:13.8 g/dl, C-reactive protein: 
8.61, and erythrocyte sedimentation rate: 104 mm/h. Physical examination was 
normal. The patient had a history of smoking 30 packets/year and Behcet disease 
(BD) for seven years. Chest radiography showed an increased density on the right 
paratracheal area. Thorax computed tomography (TCT) revealed a lobulated 
mass lesion 55x34 mm on the upper lobe of the right lung. Bronchoscopy was 
performed but neither a mass nor a bleeding focus was detected. A CT-guided 
transthoracic fine-needle aspiration biopsy was performed. The pathological ex- 
amination was reported as “necrotizing vasculitis.” These results were compatible 
with pulmonary involvement of the BD. Immunosuppressive therapy was initiated; 
after 2 months, a control TCT was within normal limits. 
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Introduction 

Bechet’s disease is a chronic inflammatory disorder of un- 
known etiology characterized by recurrent attacks. It was first 
described by Hulusi Behget in 1937. Except for mucocutanous 
lesions, BD is a multisystem disorder affecting the musculoskel- 
etal system, the vascular system, the gastrointestinal tract, the 
lungs, and the eyes [1,2]. Pulmonary parenchymal involvement 
of BD is not common. In the present case, we discuss the chal- 
lenges in the stage of diagnosis of BD. 


Case Report 

A 42-year-old male patient was admitted to the hospital with a 
cough and hemoptysis and complaints of pain in his right shoul- 
der and chest; the patient’s symptoms had persisted for nearly 
10 days. The patient reported intermittent fever with chills; his 
fever measured in the clinic was 38°C. Laboratory results were 
as follows: leucocytes: 21.1 K/uL (91.4% neutrophils), plate- 
lets:564 K/uL, hemoglobin:13.8 g/dl, C-reactive protein: 8.61, 
and erythrocyte sedimentation rate: 104 mm/h. Biochemical 
tests were normal. 

Upon physical examination, bilateral hemithorax was equally 
active in breathing; rale and rhonchus were not heard. The pa- 
tient’s other system examinations were normal. The patient had 
a history of smoking 30 packets of cigarettes per year, and he 
was still an active smoker. The patient had been diagnosed with 
Behcet disease (BD) for nearly seven years. On the basis of the 
history that we obtained, we learned that the patient did not re- 
ceive checkups on a regular basis because of his BD, and he did 
not receive regular treatments for his disease. We consulted the 
patient with the dermatology clinic. The dermatology consulta- 
tion report stated that the patient had a history of recurrent 
oral and genital ulcers and that the previous pathergy test was 
positive. The upper zone of the right paratracheal area revealed 
an increase in density in a chest radiograph (Figure 1). Empiri- 


Figure 1. Posterior anterior chest graphy showed right paratracheal mass lesion 
(white arrows). 


cal antibiotic treatment was initiated. The patient underwent a 
CT scan of his thorax because of complaints of hemoptysis and 
his history of smoking. We observed a lobulated mass lesion 
55x34 mm in the posterior segment of the upper lobe of the 
right lung in the pleural neighborhood (Figure 2a-b). We accord- 


Figure 2. Thorax computed tomography images showed a lobulated mass lesion 
55x34 mm in diameter at the posterior segment of the upper lobe of the right 
lung (white arrows). 


ingly performed a bronchoscopy; neither a mass nor a bleed- 
ing focus was detected. A CT-guided transthoracic fine-needle 
aspiration biopsy was performed. Necrotizing vasculitis signs 
were revealed in a pathological examination of the obtained 
material. Because of the patient’s BD diagnosis, these findings 
were believed to be consistent with pulmonary involvement of 
the disease. Immunosuppressive therapy was initiated; after 2 
months of treatment, a control thorax CT was within normal 
limits (Figure 3). 


Figure 3. Control thorax computed tomography image was normal after medical 
treatment (white arrow). 


Discussion 

Pulmonary involvement has been reported in 1.0-7.7% of all pa- 
tients with BD [2]. Pulmonary artery aneurysms, arterial and 
venous thrombosis, pulmonary infarction, recurrent pneumonia, 
bronchiolitis obliterans organized pneumonia, pleural effusion, 
and mediastinal lymphadenopathy are the primary features of 
pulmonary involvement in BD [2,3]. Patients exhibit symptoms 
such as episodes of dyspnea, cough, chest pain, fever, phlegm, 
and hemoptysis [3,4]. Hemoptysis, the most frequent symptom 
in BD with pulmonary involvement, is life-threatening. In this 
case, the patient’s most important reason for admission was 
hemoptysis. A conventional chest radiography is the most com- 
mon diagnostic method used to evaluate pulmonary involve- 
ment and in follow-up treatment [3,5]. The apparent pulmonary 
artery, the oligemic area resulting from perfusion defects (which 
occur due to the occlusion of the pulmonary artery branches), 
and the appearance of hilar and perihilar masses depending 
on aneurysms can be detected in chest radiography [6]. We did 
not observe chest X-ray findings indicative of pulmonary artery 
pathology. High-resolution CT data are useful for distinguish- 
ing parenchymal lesions resulting from pulmonary artery aneu- 
rysms, infarct, and pulmonary artery thrombus from other le- 
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sions. Spiral CT angiography is the best radiological method for 
evaluating pulmonary problems. In a contrast-enhanced thorax 
CT of the patient, we observed a 55 mm x34 mm lobulated 
mass lesion in the posterior segment of the right upper lobe 
in the pleural neighborhood. Because of the characteristics of 
the lesion and the patient’s history of smoking, we performed 
a bronchoscopy to look for malignancy. Pathology was not de- 
tected in the bronchoscopy, and we performed a transthoracic 
CT-guided biopsy. Histopathological examination of biopsies or 
surgical specimens is another useful method for diagnosing BD 
[3]. In the biopsy specimen taken from the patient, we found 
necrotizing vasculitis. 

In the literature, pulmonary involvement in BD is typically in the 
form of pulmonary artery aneurysms and pulmonary vascular 
lesions; parenchymal involvement has rarely been reported [5]. 
Pulmonary parenchymal involvement, on the other hand, shows 
the activation of the disease [6]. In this case, pulmonary paren- 
chyma was normal, and there was no evidence of pulmonary 
vascular involvement in the patient’s contrast-enhanced thorax 
CT. Considering that the patient is a current smoker, the up- 
per lobe lesion in the posterior segment was interpreted as an 
indicator of malignancy. 

Anti-inflammatory and/or immunosuppressive drugs are used 
for the treatment of BD based on the severity of disease [2]. 
Medical treatments consisting of corticosteroids and cyclo- 
phosphamide have been found to be successful [2,4]. Our pa- 
tient had been diagnosed with BD but had not received regular 
treatment for his condition. Immunosuppressive therapy was 
initiated. Upon follow-up, we found that the patient’s clinical 
and radiological findings had improved. 


Conclusion 

Bechet’s disease is common in Turkey, and pulmonary involve- 
ment is a rare form of pulmonary vascular involvement. Pulmo- 
nary parenchymal involvement is even rarer. Since hemoptysis 
may be the first symptom, BD should be kept in mind, and rel- 
evant research should be conducted when a patient with he- 
moptysis arrives at the hospital without exhibiting additional 
symptoms. In this case, the patient’s history of smoking and 
the detection of a lesion in the thorax CT had been interpreted 
as an indicator of possible malignancy, but the biopsy results 
revealed vasculitis based on the histopathological examination, 
which was an unexpected finding. 
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Bronsektazi, bronslarin kalici dilatasyonu ve akcigerin fibrozisi ile karekterize kro- 
nik bir akciger hastaligidir. Degisik etiyolojik faktorlere ikincil olarak gelistigi i¢gin, 
cerrahi karari vermeden 6nce dikkatli bir degerlendirme ¢ok 6nemlidir. Bu sunu- 
da bronsektazinin nadir bir nedeni sunulmus olup, bu hastalarda bronkoskopinin 


6neminin alti cizilmistir. 
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Abstract 

Bronchiectasis is a chronic lung disease that is characterized by permanent dila- 
tation of the bronchi and fibrosis of the lung. Because it is secondary to different 
etiological factors a careful evaluation is crucial before surgical decision making. 
Herein a rare cause of bronchiectasis is reported, underlining the importance of 


bronchoscopy for these patients. 
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Bronchiectasis Due to a Rare Cause 


Introduction 

Bronchiectasis is a chronic lung disease that is characterized by 
permanent dilatation of the bronchi and fibrosis of the lung [1]. 
Although many patients seem to have no associated disease 
leading to the development of bronchiectasis, there are many 
conditions, such as infections, alfa 1 antitrypsin deficiency, cys- 
tic fibrosis, immotile cilia syndrome, etc., that have been recog- 
nized as causing bronchiectasis. Other than these, a rare cause 
of bronchiectasis, tracheoesophageal fistula (TEF), discussed in 
this case report should be kept in mind. 


Case Report 

A 24 year-old-male, who was followed due to chronic and re- 
current infections with the diagnosis of bronchiectasis, was 
referred to our department for the surgical management of 
bronchiectasis. He complained of large amounts of purulent 
sputum. Thorax computed tomography (CT) demonstrated cys- 
tic bronchiectasis at the middle lobe and basal segments of 
the right lower lobe (Figure 1a). Fiberoptic bronchoscopy, per- 
formed for a preoperative evaluation, pointed out an orifice at 
the posterior wall of the trachea leading us to think of a tractus 
such as a TEF (Figure 1b). Esophagoscopy and esophagogra- 
phy did not identify a fistula. When thorax CT was reevaluated 
retrospectively, the radiological finding was much more vis- 
ible (Figure 1c). Therefore a surgical intervention was planned 
based on this underlying primary pathology (TEF). An oblique in- 
cision was performed from the left side of the neck. The fistula 
was demonstrated revealed with the guidance of intraoperative 
bronchoscopy (Figure 2a,b) and repair was done followed by a 
sternohyoid muscle flap transposition (Figure 2c). The postop- 
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Figure 1. a. Thorax computed tomography section showing bronchiectasis at the 
middle and lower lobes of the lung. b. Bronchoscopic view of the orifice at the 
posterior wall of trachea, considered a TEF. c. Computed tomography section sup- 
porting our consideration of TEF. 


Figure 2. a. Intraoperative bronchoscopy was used as a guide to determine the 
orifice of the fistula. b. White arrow showing the illuminated trachea. c. Intraop- 
erative view of the abnormal tractus between the esophagus and trachea. 


erative period was uneventful. After the treatment of TEF, the 
primary pathological process, the patient remains under follow- 
up for a secondary residual disease. 


Discussion 

Bronchiectasis is a chronic, destructive lung disease that is 
frequently secondary to infective diseases. 
for surgical resection are localized disease, failure of medical 
treatment, sufficient respiratory and cardiac reserve, frequent 
infections, presence of a chronic cough and hemoptysis, dete- 
rioration of the quality of life, a destroyed lobe, and sequelae 
[1,2]. But as in our case, if there is an underlying chronic pri- 
mary pathology a surgical intervention may result in disaster. 
Therefore it is important to make a careful examination to fully 
investigate etiological factors before deciding on surgical man- 
agement. 

Bronchoscopic evaluation of bronchiectasis patients is neces- 
sary for the aspiration of secretion, to determine probable in- 
fective agents, and to inspect endobronchial masses or foreign 
bodies [3]. In this case, determining the orifice of occult TEF in 
adulthood saved the patient from a parenchymal loss and pos- 
sible inoperability in the future. 

The diagnosis of TEF in adults can be difficult and often de- 
layed. A high level of suspicion is necessary for the diagno- 
sis. The various endoscopic and radiological techniques are not 
entirely reliable in identifying a fistula [4]. Diagnosis is mostly 
done by esophagography-esophagoscopy. However, in small 
orifices, clinical evaluation and bronchoscopic findings should 
also be prominently considered, in the light of the contribution 
of this reported case. 

The current study indicated that, for bronchiectasis patients, 
precise preoperative investigation and planning are important 
to identify even very rare causes before rendering an irrevers- 
ible decision such as resective surgery. This will protect patients 
as well as pulmonologists and thoracic surgeons from potential 
disaster. 


The indications 
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Akut mediastinit ciddi bir durumdur ve cabuk tedavi edilmelidir. 66 yasinda kadin 
hasta ates ve konfiizyonla acil servise basvurdu. Oykiisiinde 11 giin 6nce balik ye- 
dikten sonra 6ksiirdiigii ve hastaneye basvurmadan bir giin 6nce bir balik kilcigi- 
nin agzina geri geldigi 6grenildi. Toraks bilgisayarli tomografi(BT) gériintiileme- 
sinde mediastinal alanlarda hava ve yiiksek dansiteli sivi koleksiyonlar! mevcuttu. 
Mediastinit tanisi ile hastaneye yatirildi. Operasyon Oncesinde 6zofagusu incele- 
mek icin endoskopi yapildi ve 6zofagusta ktictik bir nekrotize alan goriildi. Preo- 
peratif hazirlik yapildiktan sonra hasta ameliyata alindi ve abse drene edildi. Pos- 


toperatif 35.giinde yogun bir tedaviden sonra taburcu edildi. 
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Abstract 

Acute mediastinitis is a serious condition that needs to be treated quickly. A 66- 
year-old female patient was admitted to the emergency department with fever 
and confusion. In her medical history she said that she coughed after eating fish 
11 days earlier and a fish bone returned to her mouth one day before the admis- 
sion to hospital. Her thorax CT scan showed air and high-density liquid collections 
in the mediastinal compartments. She was hospitalized with a diagnosis of medi- 
astinitis. An endoscopy performed before the operation to examine the esophagus 
revealed a small necrotized area. The patient underwent surgery and the abscess 
was debrided after preoperative preparation. She was discharged on the postop- 


erative 35th day after an intensive course of treatment. 
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Acute Mediastinitis 


Introduction 

Ingestion of a foreign body into the esophagus is common in 
children but rarely seen in adults. Acute mediastinitis due to 
esophageal foreign bodies is a life-threatening condition with 
a mortality of 17-25% [1,2]. Early diagnosis and treatment is 
life-saving for patients. Medical and surgical treatment may be 
applied. Patients usually refer to hospital with fever, tachycar- 
dia, and chest pain, and blood tests show infection associated 
with an abscess. Computerized tomography (CT) should be used 
when mediastinitis is clinically suspected. 


Case Report 

A 66-year-old female patient was admitted to the emergency 
department with fever and confusion. In her history she said she 
coughed after eating fish 11 days earlier. She had been admit- 
ted to hospital two times before. A laryngoscopy was performed 
but no foreign body was seen. A fish bone returned to her mouth 
one day before this admission to hospital. Physical examination 
noted decreased breath sounds on the right side. Laboratory re- 
sults were as follows: white blood cell count 23,700/mm3 (ref- 
erence: 4,000-10,000), neutrophil dominance 85% (reference: 
37-73), hemoglobin 9.6g/dL (reference:12.1-17.2), C-reactive 
protein (CRP) >160mg/dL (reference: 0-10), erythrocyte sedi- 
mentation rate (ESR) 28mm/h. X-ray revealed air-fluid levels 
at the mediastinum (Figure 1) and a thorax CT scan showed air 
and high density liquid collections in mediastinal compartments 
(Figure 2). After the evaluation of these findings the patient 
was hospitalized with a diagnosis of mediastinitis, oral feed- 
ing was discontinued, and sulbactam/cefoperazone sodium was 
begun before surgery. Endoscopy was performed to examine 
the esophagus and a 2 mm necrotized area was seen at 15 
cm from incisor; no foreign body was seen in the esophagus. 
Posterolateral thoracotomy was performed through the 4th in- 
tercostal space and the lung was adherent to the chest wall 
on examination. An abscess located in the posterior mediasti- 
num was drained between superior of vena azygos and inferior 


pulmonary artery. Isotonic saline with antibiotics was used for 
the thoracic lavage. A Foley catheter was placed in the space 
remaining after removal of the posterior mediastinum abscess 
(Figure 3). We used effective antibiotics and antifungal drugs 


Figure 1. X-ray revealed air-fluid levels at mediastinum 
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Figure 2. Thorax CT scan showed air and high-density liquid collections in medi- 
astinal compartments. 


Figure 3. Foley catheter placed into pouch. 


in the thoracic lavage for the microbiological culture. Surgery 
wasn't planned for the esophagus because the perforated area 
in the esophagus was too small for surgery and healed spon- 
taneously after the fish bone was ejected. Atrial fibrilation after 
the surgery, probably unrelated to the operation, was treated 
with metoprolol. Total parenteral nutrition began on the second 
day and the necrotized area was fully healed on the re-evalu- 
ating endoscopy at the 25th day. Oral feeding started after the 
endoscopy. The patient was discharged on the 35th day and she 
was healthy at the 6 month follow-up. 


Discussion 

Swallowing of foreign bodies is common throughout people’s 
lives, but most of the foreign bodies are removed through the 
stool without causing any problems. An endoscopic or surgical 
removal is required in only 10-20% of the cases [5]. Pointed 
materials such as chicken bones, fish bones, and toothpicks 
most often cause gastrointestinal system perforation [3]. Swal- 
lowed fish bones are the most common cause of intestinal per- 
foration associated with foreign bodies in Hong Kong [4] be- 
cause of their pointed sharp tips and long bodies [4]. Because 
most of the fish bones are invisible on x-ray due to their size, 
clinical history should be investigated in detail. Only 32% of 
ingested fishbones can be identified radiographically [8] Many 
different imaging techniques can be used for foreign bodies. 
When there is clinical suspicion of a foreign body, bi-directional 
x-ray images should first be taken along with a thorax CT scan 
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if necessary. Metallic foreign bodies can be seen easily on x-ray. 
Air and high-density liquid collections in mediastinal compart- 
ments may be indicative of mediastinitis. There is a long list of 
serious complications as a consequence of esophageal foreign 
bodies, including perforation, retropharyngeal abscess, medias- 
tinitis, and fistulas [6]. The mortality rates are as high as 50% 
as a result of subsequent intrathoracic infection [7]. Conserva- 
tive or surgery are the treatment modalities for mediastinitis. If 
there is clinical evidence of infection and collections of liquid in 
the mediastinal compartment upon scanning, surgery is a good 
choice for treatment. We recommend thoracic lavage with an- 
tibiotics after an effective surgery. Necrotic tissue, bacteria, 
and their toxins must be drained from the mediastinum. On the 
other hand, total parenteral nutrition and wide-spectrum anti- 
biotics may be used for the medical treatment of mediasitinitis. 


Conclusion 

Our case emphasizes the danger of esophageal perforations 
and delayed diagnosis of mediastinitis caused by foreign body 
ingestion. A thorough history obtained from the patient and 
timely imaging techniques will lead physicians to the correct 
diagnosis early. Posterolateral thoracotomy can be a good ap- 
proach to drain the abscess. 
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Torakoskopik sempatektomi palmar ve aksiller hiperhidrozun tedavisinde kullani- 
lan bir yontemdir. Bu teknik daha az agriya ve erken ise dénmeye olanak saglar.39 
yasinda erkek hasta palmar ve aksiller hiperhidroz ile hastaneye basvurdu. Hasta- 
miza Gift tarafll torakoskopik sempatektomi uyguladik. Aort yaralanmasina bagli 


masif hemotoraks gelisti ve intraoperatif tedavi edildi. 


Anahtar Kelimeler 


Aort Yaralanmasi; Torakoskopik Sempatektomi; Hemotoraks 


Abstract 

Thoracoscopic sympathectomy is a procedure for the treatment of palmar and 
axillary hyperhidrosis. This technique offers less pain and an earlier return to work 
than other surgical treatments. A 39-year-old male was admitted to hospital with 
palmar and axillary hyperhidrosis. We performed thoracoscopic sympathectomy 
bilaterally. Massive haemothorax due to aortic injury occured and was treated 


intraoperatively. 
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Introduction 

Hyperhidrosis is acommon disorder characterized by abnormally 
increased sweating that affects many people, with a prevalence 
of about 0.5%. This condition is associated with psychologi- 
cal, emotional, and social status. Video-assisted thoracoscopic 
sympathectomy is a new procedure for the treatment of palmar 
and axillary hyperhidrosis. This technique has become popular 
because of its low morbidity and mortality rates, and the ben- 
efits that minimally invasive surgery offers to patients [1]. The 
most common side effect is compensatory hyperhidrosis and 
major complications are rare. We present a male patient with 
palmar and axillary hyperhidrosis who experienced an aortic in- 
jury during the thoracoscopic sympathectomy operation. 


Case Report 

A 39-year-old male patient was admitted to our hospital with 
palmar and axillary hyperhidrosis His medical history included a 
coronary angiography performed due to chest pain 4 years ear- 
lier and showed no abnormalities. A thoracoscopic right T3-T4 
sympathectomy was performed with two 5mm incisions over 
the axillary hairline and a left T3-T4 sympathectomy was per- 
formed subsequently in Semi-Fowler’s position under general 
anesthesia. The patient woke up often during the surgery. Ap- 
proximately 2 mm of injury due to cauterization with the hook 
occured in the descending aorta at the T4 level and bleeding oc- 
curred during the left sympathectomy. Anterolateral thoracot- 
omy was immediately performed. A total of 2000cc of hema- 
toma and blood drained. The aorta was explored and repaired 
with 4/0 prolene suture. Three suspensions of erythrocytes were 
transfused during the surgery and the patient was extubated in 
the operation room. He stayed in the intensive care unit for two 
days. A thorax CT performed during his hospitalization did not 
show any other aortic injury. He was discharged after a 5-day 
hospital stay. 


Discussion 

Most people do not consider hyperhidrosis a disease, but emo- 
tional palmar-axillary wetness affects lives both socially and 
professionally. Although the pathophysiology is unclear, its 
believed to be caused by hyper-stimulation or over-activity of 
the sympathetic nervous system that passes through the up- 
per thoracic ganglia [2]. There are several forms of treatment 
for hyperhidrosis. Medical treatment includes anti-perspirants, 
anti-cholinergic drugs, iontophoresis, and botulinum toxin in- 
jections. Local excision of the sweat glands and thoracoscopic 
sympathectomy are the surgical treatment options. Endoscopic 
transthoracic sympathectomy is a minimally invasive proce- 
dure with several advantages over open surgery in the treat- 
ment of palmar and axillary hyperhidrosis [3]. Different surgical 
techniques can be used for the endoscopic transthoracic sym- 
pathectomy such as ablation, resection, and interrupting the 
thoracic sympathetic chain by clips. In a study by Garcia and Es- 
pana, intervention on the T3-4 ganglia is identified as the most 
successful method for combined palmar and plantar hyperhi- 
drosis [4]. We also prefer this approach for palmar and plantar 
hyperhidrosis because of the high rate of patient satisfaction. 
In our experience, orotracheal intubation with a double-lumen 
endotracheal tube is the best choice for intra-operative venti- 


lation. The surgeon needs adequate and continuous relaxation 
to prevent injuries during the surgery. The most common side 
effect of this method is compensatory sweating due to thermo- 
regulatory mechanisms [5]. Pneumothorax, haemothorax, chy- 
lothorax, pleural effusion, lung injury, Horner’s Syndrome, nasal 
obstruction, rhinitis, wound infection, and intercostal neuralgia 
may be seen intra- and peri-operatively. Cameron has reported 
a case of subclavian artery injury that required 34 units of blood 
transfusion [6]. In a prospective study by Dominique, one case 
with a tear of the subclavian artery and two cases of chylotho- 
races resolved without sequelae [7]. Patients should clearly be 
warned of the side-effects and complications of thoracoscopic 
sympathectomy before surgery. 


Conclusion 

Our case is the first massive injury case during thoracoscopic 
sympathectomy in the literature. Appropriate patient selection 
and adequate anesthesia management are important to avoid 
complications of hyperhidrosis. 
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To the editor: 

A 24-year-old woman was admitted with low back pain radiating to right leg. She had been complaining of mild low back pain 
for 3 years. On physical examination there were no neurological deficits except for slight hypoesthesia of the right L5 derma- 
tome and mildly painful lumbar spine movements. The severity of pain was at level 5 on the Visual Analogue Scale (VAS). We 
treated conservatively using nonsteroidal anti-inflammatory drugs, hot applications and organized activities of daily living last- 
ing for a week. We performed a lumbar MRI (magnetic resonance imaging) scan because there were no changes in the clinical 
findings of the patient. The pathological evaluation was proposed by the radiologist for differential diagnosis because of the 
appearance of a pathological mass or a giant mass of extruded disc herniation at the L5-S1 intervertebral disc level and a 
compressed right S1 nerve root (Fig.1). Two surgeries, a right-L5 laminectomy and a L5-S1 microdiscectomy, were performed 
after consultation with the neurosurgery clinic. Pathological examination showed that the mass was part of the herniated disc 
fragment. Postoperative pain (VAS:3) decreased and the patient was followed under conservative treatment with monthly con- 
trols. During this period, the clinical findings of the patient did not change. After postoperative 4 months, lumbar MRI showed 
that the right paramedian extruded disc herniations at the L5-S1 disc level were smaller than in the previous image (Fig 2). 
There are four stages in the development of a herniated disc, from disc bulging to sequestration. There is no correlation be- 
tween the clinical findings and the size of the hernia [1]. Moreover, there is not yet a consensus on which method of treatment 
should be chosen in which stage of lumbar disc herniation (LDH) [2,3]. In recent years, because MRI scanners have become 
easily accessible, it may sometimes be decided to proceed with surgery according to the size of the disc herniation, ignoring 
the patient’s clinical status [2,3]. However, better regression resultimg from conservative management of large disc herniation 
has been reported [3]. Therefore, it is argued that the patient should not be rushed to surgery based on the size of the hernia 
material on a MRI [2]. A massive LDH might resemble pathologic masses such as schwannoma or meningiomas [4]. In this case, 
consulation with radiologist for differential diagnosis is essential. In this way, confirmation of a pathologic diagnosis in cases 
where a massive LDH can not be distinguished from a tumor, as in our case, will be accurate. 


Figure 1. Sagittal and transvers T2-weighted MRI of the lumbar spine shows Figure 2. Sagittal and transvers T2-weighted lumbar MRI (postoperative) 
giant mass of extruded disc herniation that was at the L5-S1 intervertebral showed that right paramedian extruded disc herniations are smaller than in 
disc level and compressed right S1 nerve root or pathological mass the previous image in the L5-S1 disc level 
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To the editor: 

Post-operative pain and delayed discharge are common prob- 
lems for patients undergoing outpatient procedures [1]. Insuf- 
ficient pain management, prolonged motor block, and opioid- 
related nausea and vomiting are the main causes of delayed 
discharge, resulting in not being able to accept new patients 
[2]. Ultrasound-guided regional anesthesia may be an ideal 
technique for providing optimal analgesia and reducing opioid 
use [3]. The use of ultrasound enables visualization of nerves 
and the observation of the needle tip and spread of the in- 
jected local anesthetic. 

In this report, discuss ultrasound-guided selective ulnar nerve 
block at mid-arm level in a patient who did not agree to re- 
ceive general anesthesia and was not satisfied with the pre- 
vious regional anesthesia experience due to development of 
complete motor block. 

A 21-year-old female patient was admitted to the orthopedics 
outpatient clinic due to swelling and pain in the 5th finger of 
the left hand. It was decided that she would undergo surgical 
excision with the pre-diagnosis of exocytosis (Figure 1a-b). 
On her pre-anesthetic visit one day before the operation, she 
did not have a known disease. Explanations regarding general 
anesthesia and regional anesthesia options were provided. It 
was planned that she would undergo the operation with USG- 
guided ulnar block because she wished to receive regional an- 
esthesia and did not agree to a motor block in her arm. 

The left arm was marked for ulnar nerve block under ultra- 
sound guidance and covered; 2 mg of midazolam was admin- 
istered intravenously. The ulnar nerve was visualized neigh- 
boring the ulnar artery with the Esaote My Lab 30 USG device 
(Figure 2). Nerve tracing was followed and the mid-level of 
the forearm was reached. 1% lidocaine was applied subcuta- 
neously for skin infiltration. 4 ml of 0.5% bupivacaine and 4 ml 
of 2% lidocaine mixture were administered to the inferior and 
posterior parts of the nerve under USG guidance using 50 mm 
of USG-visible needle with in-plane technique. Nerve stimula- 
tor was not used because the ulnar nerve was visualized eas- 
ily. The sensory block was checked with the pinprick test 20 


Figure 1. Left hand 5th finger exocytosis (a) Ultrasound probe and needle 
position(b) 
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Figure 2. Ultrasound image of ulnar nerve 


minutes later and the operation commenced. The patient did 
not need sedation or additional analgesia during the procedure. 
The patient comfortably tolerated the operation, which took 45 
minutes, under isolated ulnar nerve block. She was discharged 
on the same day without loss of post-operative motor function. 
The post-operative analgesia time was 185 minutes. 

Brachial plexus blocks may be an appropriate option for pa- 
tients for whom the use of a tourniquet for forearm surgery 
is planned, because these blocks include whole nerves. Use of 
short-acting local anesthetic drugs cannot sufficiently relieve 
post-operative pain, particularly following bone surgery [4]. In 
the study of McCartney et al., the time of the first analgesic 
need was determined as 97 minutes following 1.5% lidocaine 
administration to the brachial plexus [5]. Alternatively, use of 
long-acting local anesthetic leads to prolonged motor block 
and an unpleasant feeling such as a dead arm after discharge 
[6]. Anesthetists may be reluctant to discharge after prolonged 
peripheral nerve blocks. We preferred ulnar nerve block at mid- 
arm level as the most appropriate option as it does not cause 
motor block and provides sufficient anesthesia. Isolated nerve 
block becomes an appropriate option for hand surgery in pa- 
tients for whom a tourniquet would not be used. 

These blocks should be applied from distal as possible for pre- 
venting motor block and providing anesthesia only in the surgi- 
cal field [7]. We followed the ulnar nerve under USG guidance 
at the wrist level and performed the nerve block procedure at 
mid-arm level. While the patient had a long post-operative an- 
algesia period through long-acting local anesthetic, no loss of 
motor function occurred. 

In conclusion, USG-guided selective nerve blocks may be an ap- 
propriate alternative option in outpatient hand surgery proce- 
dures in which a tourniquet would not be used, as it provides 
anesthesia only in the operative field, does not cause motor 
block, enables early discharge, provides sufficient post-opera- 
tive analgesia, and enables avoidance of general anesthesia. 
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Accessory breast tissue is a normal embryonic residue which can be found on the milk line between the axillary and the inguinal 
region. In women accessory breast tissue is usually observed during lactating and pregnancy. Based on the tissue region and size 
they may not require treatment. They may vanish on their own but also cause serious pain and cosmetic problems [1, 2]. 

On her 6th day after c/s on her first pregnancy, 28 year old female patient presented with pain in her chest and axillary region. 
Physical examination revealed soft, hairy and mobile masses with oedema. Masses did not contain nipples or areolas (Figure 1). 
History did not reveal any diseases or drug use. After the ultrasonograhphic assesment masses were diagnosed as accessory 
breasts. Two weeks of symptomatic treatment relieved patients pain and the ectopic breast image dissappeared. 


b f 
Figure 1. Left (A) and right (B) axillary region 
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